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Adenoid Cystic Carcinoma of the Bartholin's Gland:
Is Inguinal Lymphadenectomy Always Necessary?*
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A rare case of primary adenoid cystic carcinoma of the Bartholin's gland in a 52 year old
woman is reported. Including this case, there are only 66 reported cases in the world
literature and this is the first reported case in our institution. On the basis of earlier
reports, this patient was treated with neoadjuvant chemoradiation with inclusion of
the inguinal nodes concurrent with weekly cisplatin followed by simple vulvectomy of
the residual tumor without lymhadenectomy. Subsequently, the patient was given
adjuvant chemotherapy with cisplatin and 5-fluorouracil. The possibility of not
performing inguinal lymphadenectomy in a Bartholin's gland carcinoma and the role of
giving adjuvant chemotherapy in a setting of negative margins is the subject of interest
in this case.
Key words: Bartholin's gland carcinoma, adenoid cystic carcinoma, vulvar carcinoma,
prophylactic chemoradiation, inguinal nodes

Carcinoma of the Bartholin's gland is a rare lesion
accounting for only 5% of all vulvar cancers,
representing less than 0.01% of all female genital tract
tumors and 0.001% of all female malignancies.1
Primary adenoid cystic carcinoma of the Bartholin's
gland is even rarer, accounting for only 10% of all
Bartholin's gland carcinoma. At present, there are only
65 cases reported in the world literature.2
The current recommended treatment for
Bartholin's gland carcinoma is surgical resection for
resectable lesions and neoadjuvant chemoradiation
followed by surgical resection for non-resectable
tumors.3 Either which, inguinal lymphadenectomy is
an integral part of the treatment. The purpose of
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reporting this case is to demonstrate the possibility of
not performing inguino-femoral lymphadenectomy in
certain cases when there are no clinically palpable nodes
as well as presenting evidences on performing
prophylactic inclusion of the inguinal nodes in
neoadjuvant chemoradiation so as not to include
lymphadenectomy in the surgical resection of residual
tumor, thus preventing the occurrence of the
morbidities associated with it.
We are presented with our very first case of an
adenoid cystic carcinoma of the Bartholin's gland in a
52 year old woman who presented with 3 year history
of a slow growing mass on the left inferior half of
the vulva, who had a histopathologic dilemma in the
diagnosis requiring an incision biopsy before a
diagnosis of such was made. The difficulty in
establishing an early diagnosis of this tumor due to its
non-specific signs and symptoms as well as the

First place, 2012 SGOP Fellows' and Residents' Interesting
Case.
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differences in the management of this condition due
to its rarity poses significance in reporting this case. A
review of the literature regarding the diagnosis,
management and prognosis of patients with adenoid
cystic carcinoma of the Bartholin's gland is likewise
presented.
The Case
N. H., 52 year old G6P6 (6006) from Cagayan
Valley, presented with a chief complaint of left labial
mass. She initially sought consult 3 years prior when
she noted a 1cm x 1cm firm, non-tender, non-pruritic
mass at the left labia majora for which she was
managed conservatively with oral antibiotics. No
further consult was done until 2 years prior when the
patient noted an increase in the size of the mass to
3cm x 3cm, still with no accompanying symptoms.
At this time, she again consulted and a referral to a
tertiary hospital for possible surgery was made. Patient
was however lost to follow up until 1 year prior when
the said mass increased in size to 7cm x 7cm, still with
no accompanying signs and symptoms. She then
consulted at Cagayan Valley Medical Center where a
fine needle aspiration biopsy of the said mass was done
revealing "suspicious for malignant cells, cannot totally
rule out malignant papillary tumor of the vulva". She
was then referred to our institution for further work
up. On initial examination, the patient had stable vital
signs with ECOG performance score of 0, and a body
mass index of 23 kg/m 2 . Systemic physical
examination findings were normal. There was a
7cm x 7cm x 3cm, firm, solid, non-tender mass at the
left inferior vulvar area extending inwardly to the
posterolateral vaginal wall with limited mobility (Figure
1). The skin was intact. There were no palpable inguinal
nodes noted. She had a parous vagina with the cervix
measuring 2cm x 2cm, smooth. Corpus was small
with no adnexal mass nor tenderness. On rectovaginal
examination, there was a smooth and intact rectal
mucosa with a palpable mass noted extending from
the abovementioned mass. Both parametria were
smooth and pliable. Initial impression was Malignant
Papillary Tumor of the Vulva, to consider Bartholin's
gland carcinoma because of its anatomic location.
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Punch biopsy of the said mass was done revealing a
fibroepithelial polyp, which could probably be due to
a sample taken superficially which may not be
representative of the mass. A slide review of the fine
needle aspiration biopsy done in Cagayan was likewise
requested revealing papillary hidradenoma. At this
time, a malignant tumor was still being considered as
the presentation and age group of the patient is more
consistent with a malignancy rather than a benign
condition. It was then contemplated to do an incision
biopsy to get a bigger specimen. However, the patient
was lost to follow up until 5 months prior when she
came back, now with the mass measuring 10cm x 10cm
x 4.5cm, firm, fixed, solid and non-tender at the
inferior half of the vulva still extending to the
posterolateral vaginal wall. (Figure 2) The skin and
the rectal mucosa were intact. The plan then was to
refer the patient to surgery for proctosigmoidoscopy
to rule out rectal mucosal involvement, to do a baseline
whole abdomen CT scan and chest x-ray to rule out
other sites of metastases and to perform an incision
biopsy to get a bigger specimen. Instead of a
proctosigmoidoscopy, a colonoscopy with biopsy was
done which revealed a colonic polyp at 20cm from
the anal verge. Histopathologic examination showed
a chronic inflammation with colonic polyp, hence ruling
out the possibility of involvement of the rectal mucosa.
Due to financial constraints, a whole abdomen
ultrasound instead of a CT scan, and a chest x-ray
was done with normal results. The patient was then
scheduled for an incision biopsy for which multiple
rubbery, irregularly shaped tan brown tissues with an
aggregate diameter of 2.5cm x 2.5cm x 1cm was
obtained. (Figures 3 & 4) Microscopic section showed
malignant cells in cribriform pattern described as a
gland exhibiting interglandular bridgings giving the
appearance of a gland within a gland characteristic of
adenoid cystic carcinoma. The malignant cells are
composed of uniform population of dark staining,
basaloid tumor cells containing minimal amount of
cytoplasm with dark and relatively uniform nuclei
containing inconspicuous to dark staining to nonexistent nucleolei, seldom showing pleomorphism,
which could probably be the reason why the review
of the FNAB was read only as a papillary hidradenoma,
a benign condition (Figures 5, 6 & 7).
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Figure 1. 7cm x 7cm x 3cm, firm, solid, non-tender mass at the
left inferior vulvar area extending inwardly to the posterolateral
vaginal wall with limited mobility.

1

Figure 4. Site of incision biopsy.

Figure 5. Histopathogic finding from incision biopsy: malignant
cells in cribriform pattern.
Figure 2. 10cm x 10cm x 4.5cm, firm, fixed, solid and nontender mass extending to the posterolateral vaginal wall.

Figure 3. Incision biopsy: multiple rubbery, irregularly shaped
tan brown tissues with an aggregate diameter of 2.5cm x 2.5cm x
1cm.

Figure 6. Histopathogic finding from incision biopsy: malignant
cells in cribriform pattern in the top right, tubular pattern in the
lower left.
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Figure 7. The malignant cells are composed of uniform
population of dark staining, basaloid tumor cells containing minimal
amount of cytoplasm with dark and relatively uniform nuclei
containing inconspicuous to dark staining to non-existent nucleolei,
seldom showing pleomorphism.

Due to the large tumor encroaching posteriorly
towards the vagina, a primary surgery such as radical
vulvectomy would result to a very large defect and
may result to inadequate margins. Hence, a neoadjuvant
pelvic external beam radiotherapy (PEBRT) concurrent
with chemotherapy consisting of weekly cisplatin was
suggested. The patient subsequently underwent
PEBRT extended to the introitus with vulvar boost
delivering a total of 6200 centigray concurrent with
six cycles of weekly cisplatin at a dose of 40 mg/m2.
After completion of her chemoradiation, partial
response was noted as the mass decreased in size from
a fixed mass measuring 10cm x 10cm x 4.5cm to a
4cm x 3cm x 2cm mass, now slightly movable
(Figure 8). She then underwent simple vulvectomy
with the entire specimen submitted measuring
9cm x 6.5cm x 3cm consisting of the right and left
labia majora, right and left labia minora and clitoris
(Figure 9). A mass was noted at the inferior end of
the left vulva measuring 5cm x 3cm x 3cm firm,
irregularly shaped tan brown to dark brown tissue with
smooth solid, gritty and tan brown surface (Figure 10).
Post-operatively, the patient had good wound
coaptation (Figure 11). Of all the tissue sections
submitted, there was only one slide which showed a
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focus of malignancy revealing cells in cribriform
pattern against a background of fibrous tissue.
(Figures 12 & 13) The right and left labia majora,
labia minora and the clitoris were negative for
malignant cell. The lines of resection were negative.
(Figure 14) Final histopathologic report showed a
Bartholin's gland carcinoma, adenoid cystic type with
adequate lines of resection. Daily wound care was
done and the patient had good wound healing until 3
weeks post-operatively when the patient started to
have wound breakdown at the left infero-lateral vulvar
area measuring 2cm x 1cm. She was given antibiotics
and daily wound flushing was done resulting to
secondary healing. Other than the wound breakdown,
there were no other postoperative complications noted.
Adjuvant chemotherapy with cisplatin and 5
fluorouracil was likewise given post-operatively.
Subsequent follow ups were uneventful with no
evidence of any palpable vulvar mass (Figure 15). A
chest x-ray and pap smear every 6 months and an
annual CT-scan of the whole abdomen and pelvis were
done with no note of any recurrence. At present, the
patient has no evidence of disease for 2 years and 3
months.
Discussion
Vulvar carcinoma is the fourth most frequently
encountered malignancy of the female reproductive

Figure 8. Partial response was noted as the mass decreased in
size from a fixed mass measuring 10cm x 10cm x 4.5cm to a 4cm
x 3cm x 2cm mass.
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Figure 9. Vulvectomy specimen submitted measuring 9cm x
6.5cm x 3cm consisting of the right and left labia majora, right and
left labia minora and clitoris.

Figure 10. Mass noted at the inferior end of the left vulva
measuring 5cm x 3cm x 3cm firm, irregularly shaped tan brown to
dark brown tissue with smooth solid, gritty and tan brown surface.

Figure 11. Post-operative wound with good coaptation.
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Figure 12. Malignant cells in cribriform pattern against a
background of fibrous tissue.

Figure 13. Malignant cells in cribriform pattern showing
hyperchromatic nuclei with scanty cytoplasm against a background
of fibrous tissue.

Figure 14. Negative lines of resection.
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Figure 15. No evidence of any vulvar mass at 2 years and 3
months post-surgery.

tract. Among vulvar neoplasms, 0.1% to 5% are of
Bartholin's gland origin. Adenocarcinoma arising
from the mucin secreting columnar epithelial cells of
the acini accounts for approximately 40% of Bartholin's
gland carcinoma. Squamous cell carcinoma arising
from the squamous epithelium at the vestibular orifice
accounts for another 40%. 4 Other types include
adenoid cystic carcinoma 10%-15%, transitional cell
carcinoma <5%, poorly differentiated adenocarcinoma
and clear cell carcinoma. 5 Primary adenoid cystic
carcinoma of the Bartholin's gland is one of the rarest
neoplasms of the female genital tract, accounting for
only about 65 reported cases in the world literature.2
Risk factors include age >40 years old and a
history of Bartholin's gland infection. HPV does not
seem to be a primary etiological factor.4,6 This tumor
is characterized by a marked tendency for perineural
and local invasion, slow growth and non-specific signs
and symptoms which often lead to a delay in diagnosis.
They are often mistaken for benign lesions, primarily
infections or cysts of the Bartholin's gland and are
often treated initially by antibiotics, drainage and
marsupialization. Failure of the mass to resolve would
eventually lead to biopsy thereby leading to the
appropriate diagnosis. Several studies were conducted
relating to the difficulty of early diagnosis of
Bartholin's gland carcinoma. In the study conducted
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by Chamlian, et al. wherein 24 cases of Bartholin's
gland cancer (BGC) was described, it was noted that
half of them has been treated conservatively within
the last 3 months with anti-inflammatory antibiotics,
drainage and marsupialization.7 Likewise, Cardosi, et
al. reported that of the 11 patients studied, 7 women
presented with a painless vulvar mass and 8 of 11
women with Bartholin's gland carcinoma had been
initially treated for an infectious process.3
In our case, the patient has already consulted at a
very early stage when the mass was only 1cm x 1cm.
However, the rarity of this condition did not prompt
a biopsy at the outset, and the patient was treated only
with an antibiotic. It was only when the mass increased
in size when a fine needle aspiration biopsy was done
at a provincial hospital revealing only a suspicion for
malignancy finding. Following this, further delay was
caused by a difficulty in establishing a histopathologic
diagnosis.
The diagnostic criteria for this tumor were first
established in 1897 by Honan which include 1) correct
anatomic position of the tumor; 2) location deep in
the labia; 3) overlying skin intact; and 4) histologic
presence of glandular epithelium.8 However, Chamlian
and Taylor stated that malignant transformation from
normal gland or duct tissue should be required as part
of the diagnostic criteria. Hence in 1971, these two
authors proposed and developed a new histologic
criteria which include 1) areas of apparent transition
from normal elements to neoplastic ones were found
on histologic study; 2) the tumor involving the area
of Bartholin's gland is histologically compatible with
the origin from the Bartholin's gland; and 3) there is
no evidence of primary tumor elsewhere. 1 The
abovementioned criteria however, have proven to be
difficult to meet when the lesions are obtained only
through a biopsy and the entire tumor is not resected.
In addition, when the entire gland has been replaced
by the tumor, it will be difficult to identify the residual
normal Bartholin's gland. Because of this, it has been
suggested by Copeland, et al. that those tumors
without benign to malignant transition may still
represent probable Bartholin's gland carcinomas.9 This
is supported by the study of Cardosi, et al. where it
has been found that only 40% of patients exhibited
transition. The clinical diagnostic criteria for Bartholin's
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gland carcinoma are listed in table 1.4 Except for the
absence of normal glandular elements and apparent
transition from benign to malignant elements, our
patient satisfied the said diagnostic criteria.

1

recommended by FIGO in 1970 (Tables 3 & 4) may
be used.14 Our patient had a lesion confined to the
vulva with diameter greater than 2 cm and no
suspicious groin nodes thereby categorizing her as
clinical stage II.
Table 2. Surgicopathologic staging for vulvar carcinoma: FIGO
2009.

Histologically, there are three patterns exhibited.
The most common is the cribrifor m patter n
characterized by anastomosing cords of cells, often
surrounding areas contain mucin and hyalinized
material rather than cells.10 Less commonly, adenoid
cystic carcinoma may show a tubular pattern of growth
whereas others are mainly solid. The tubular pattern is
the best differentiated and therefore the type with the
most favorable prognosis.11 Our patient presented
with a combination of cribriform and tubular patterns,
both of which exhibit better prognosis. Special stains
that may be used include keratin, carcinoembryonic
antigen, lysozyme, lactoferrin, alpha 1 antichymotrypsin,
s100 protein and type IV collagen.12
The staging for Bartholin's gland carcinoma follows
that of the vulvar carcinoma. In 1988, the FIGO
classification was changed from a clinical to a surgicopathologic staging because of the inability to accurately
predict lymph node status by physical examination
alone. This was recently revised in 2009 (Table 2) with
changes focusing on the lymph node status of the
patient.13 However, as was mentioned, this staging is
based on surgical and pathologic findings and will
therefore not be applicable in our patient since she
already underwent neoadjuvant chemoradiation prior
to the surgery. The histologic findings will therefore
not be reflective of the actual tumor status prior to
treatment. In these cases, the clinical staging

Table 3. Clinical staging of vulvar carcinoma: FIGO 1970.
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Table 4. Clinical staging of vulvar carcinoma: FIGO 1970.

In the literature search conducted as to the
management of this tumor, most are case reports with
some case series and no randomized controlled trials
were found. Various therapeutic modalities have been
suggested and will be discussed subsequently.
Based on the case series of Cardosi, et al. the
currently recommended treatment for Bartholin's gland
carcinoma is radical local excision with inguinal femoral
lymphadenectomy for resectable lesions.3 A resectable
lesion is defined as being able to surgically remove the
entire tumor with adequate surgical margins while
preserving the function of nearby organs such as the
bladder or rectum. When a tumor is not resectable, it
is recommended to proceed with neoadjuvant
chemoradiation followed by surgical resection. This is
supported by a phase II Gynecologic Oncology Group
study wherein 46.5% of patients with advanced vulvar
cancer had no visible tumor at the time of planned
surgery following chemoradiation with cisplatin and
5-fluorouracil while the remaining 53.5% underwent
excision of residual disease. Of these patients, only
2.8% (2 out of 71) had residual unresectable disease.15
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Massad, et al. likewise reported two patients treated
with primary chemoradiation followed by wide local
excision who were free of disease 30 and 59 months
later and concluded that primary chemoradiation may
allow continence sparing therapy for women with
primary carcinoma of the Bartholin's gland. 16 Other
authors used mitomycin c and 5 fluorouracil as an
alternative regimen with complete response rates of
30-70%.17 A retrospective study of 20 patients with
locally extensive primary or recurrent carcinoma of
the vulva treated with initial combined radiotherapy
and chemotherapy showed that 10 patients had
complete resolution of tumor while 8 of the patients
had partial responses with tumor bulk reduced by
>50%, and only 2 patients had local-regionally
progressive disease.18 In the study of Lopez-Varela,
et al. of 10 patients treated with radiation and
chemoradiation, he concluded that primary radiation
or chemoradiation therapy offers an effective
alternative to surgery in the treatment of Bartholin's
gland carcinoma with preservation of genital function
and morbidity.19
The recommendations regarding the optimal drug
regimen to be used concurrently with the radiotherapy
cannot be given as of this time due to limited
information. However, platinum-based combined
regimens seem to be the treatment of choice.20 In the
study done by Lopez-Varela, et al.19, only two out of
the ten patients received adjuvant chemotherapy. Of
these two patients, one received six cycles of
neoadjuvant cisplatin and etoposide for the treatment
of her small-cell carcinoma, and the other was treated
with weekly cisplatin concurrent with groin radiation
boost in the study by Massad, et al.16 Primary
treatment of 45-46 Gy teletherapy radiation to
the vulva, pelvis and groins in combination with
50mg/m 2 of cisplatin and 1000mg/m 2/day of 5fluorouracil for 5 days during the first and fifth weeks
of irradiation was delivered followed by interstitial
implant or excision.
There is currently no consensus regarding the
optimal type of surgery to be performed. Two types
of procedures have been mostly performed. Radical
vulvectomy and simple excision under which includes
local excision, partial vulvectomy and simple
vulvectomy. In the review of 64 cases of adenoid
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cystic carcinoma of the Bartholin's gland by Yang, et
al. 8 the resection margin status was known in 45 of
the patients reviewed and the recurrence rates were
52.9% in the margin positive group and 52.1% in the
margin negative group. (Table 5) In his review, it was
noted that the recurrence rates were similar whether
the margin status was positive or negative. This is
supported by the study of Lelle, et al. who found out
that all 4 patients who had negative margins developed
local recurrence. Lelle, et al. suggested that a more
conservative approach should be employed. 8 In
Rosenberg's report 3 of the 5 patients had positive
margins and all survived without evidence of disease.21
Flam, et al. recommended that wide local excision
with ipsilateral lymphadenectomy be performed as the
mutilating operations to achieve negative margins
cannot be justified.22

Table 5. Adenoid cystic carcinoma: Resection margins and
recurrences.

In the SGOP Clinical Practice Guidelines 2008,
the treatment recommendation for Bartholin's gland
carcinoma follows that of squamous cell carcinoma
of the vulva. That is radical hemivulvectomy with
ipsilateral groin node dissection for early lesions
(primary tumor <2cm and >1 cm from the midline),
and radical vulvectomy with bilateral groin node
dissection for lesions > 2cm or those that encroach
on the midline. For adenoid cystic lesions in particular,
radical local excision is recommended. However, for
unresectable tumors, neoadjuvant chemoradiation with
weekly cisplatin followed by surgical resection is
recommended.23
Whether there is a need to perform or not to
perform an inguinofemoral node dissection together
with the aforementioned type of surgery is still
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controversial. If an inguinofemoral dissection will be
included in the surgery, the question lies as to whether
to do a unilateral or bilateral node dissection. In recent
years, lymphadenectomy has always been an integral
part of the surgical treatment of any vulvar tumor
including Bartholin's gland carcinoma. The is due to
the propensity of these tumors to spread via the inguinal
nodes as well as the decrease in the survival rate for
patients with positive inguinal nodes. The great
consequence however of such a procedure is the
morbidity associated with it. The focus of reporting
this case is to be able to provide a literature review as
to whether there is a possibility and basis for not doing
the said procedure while still preserving the long term
survival of these patients. As reported by Leuchter,
et al. inguinal-femoral lymph node status strongly
affects survival, with a 5-year survival of 52%, 36%
and 18% with 0, 1, or multiple positive lymph nodes.24
Massad, et al. noted that metastasis to inguinofemoral
lymph nodes was documented in 24-50% of reported
cases of Bartholin's gland cancer. They recommended
that inguinofemoral lymphadenectomy be done prior
to chemoradiation in patients with suspicious groin
nodes.16 Leuchter, et al. and Cardosi, et al. support
bilateral groin node dissection as most Bartholin's gland
tumors present with advanced disease and most would
not consider this tumor to be a lateralized lesion.3,24
Copeland, et al. on the other hand suggest that
unilateral is adequate in the setting of clinically negative
nodes and postoperative adjuvant radiation.9 However,
the true incidence of regional lymph node metastases
is not known. In Lelle's series of 11 patients, none
of the three patients who underwent groin node
dissection had positive lymph nodes.12 Furthermore,
in the review of 64 cases of adenoid cystic carcinoma
of the Bartholin's gland by Yang, et al. only two patients
of the 31 lymph node dissections had positive nodes,
and both were located on the ipsilateral side of the
tumor.8 In a prospective Gynecologic Oncology
Group study of 588 vulvar cancer patients, 477 (81%)
patients had clinically negative nodes.25 In another
retrospective study by Jang, et al., 50 vulvar cancer
patients were reviewed from 1979 to 2004 and
31(62%) of these had clinically negative nodes. Of the
31 patients, 21 underwent inguinal node dissection and
only 2 (10%) had occult lymph node metastasis.26 These
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studies show that most vulvar cancer patients do not
present with spread to inguinal nodes at the time of
initial diagnosis. Systematic inguino-femoral
lymphadenectomy is associated with substantial
morbidity. In the study of Gaarenstom, et al.,
complications after groin dissection were observed in
66% of patients. The main complications were wound
breakdown (17%) and or infection of the groin (39%)
lymphocyst formation (40%) and lymphedema (47%).27
Podratz, et al. noted that of the patients treated with
bilateral inguinal node dissection, 69% experienced
lymphedema, 17% had seromas and 85% had
impairment in wound healing.28 With the small number
of patients having positive inguinal nodes and the high
morbidity associated with its dissection, this procedure
may therefore be omitted unless the nodes are clinically
involved. If it is to be performed, it should at least
be limited to the ipsilateral side of the tumor unless
the tumor is within 1 cm of midline, the labia minora
is involved and there is presence of ipsilateral positive
nodes, where a bilateral inguinal node dissection is
recommended. 23 For those patients with clinically
positive nodes, an inguinofemoral dissection is still
recommended as supported by studies mentioned
earlier.
As previously discussed, the recent trend of
shifting away from radical surgery and performing
more conser vative approach via neoadjuvant
chemoradiation in the management of this tumor has
led to interest in including the areas of potential
subclinical micrometastases such as the groin nodes.29
This practice of prophylactic irradiation to regional
nodes at risk for metastases has been utilized in the
treatment of head and neck tumors.30 In the study
of Leiserowitz, et al., where 23 patients with vulvar
cancer were managed initially by chemoradiation with
prescribed dose extending to the inguinal nodes up
to the depth of femoral artery, there were no groin
recurrences up to a mean follow up time of 45
months.31 In the study of Petereit, et al. of 48 patients
who underwent radical vulvectomy, 25 patients
underwent groin node dissection while 23 underwent
groin node irradiation. It was noted that there was
no significant difference in the nodal control of 100%
versus 91% and 3 year survival rate of 96% versus
90% and concluded that elective groin irradiation may
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be utilized in place of a groin node dissection with
significantly less morbidity.32 Although the study of
the Gynecologic Oncology Group comparing elective
groin radiation to groin dissection resulted to 5 of
27 patients (18.5%) having relapse in the irradiated
group and was terminated, this may be attributed to
inadequate radiation planning resulting to
underdosage of deep groin nodes.33,34 In the study
of Stehman, et al., it was noted that the time to groin
recurrence ranged from 4-17 months, with the
majority occurring within 7 months. 33 It appears
therefore that our patient has already passed the
highest risk of the possibility of groin recurrence.
The omission of an inguinal node dissection and
giving prophylactic radiotherapy to inguinal nodes
together with an adequately prescribed dose and depth
may therefore be considered in patients with clinically
negative nodes.
Another issue that has to be addressed in the
management of this rare tumor is whether to perform
or not to perform a resection of the tumor bed in
cases of complete response after the chemoradiation.
Although patients with vulvar carcinoma achieving
complete response to chemoradiation can be followed
up with observation only, this should not be done in
patients with Bartholin's gland carcinoma as the deep
location of the gland may make detection of persistent
or recurrent tumors difficult.35
In our patient, neoadjuvant chemoradiation was
instituted prior to performing an operative procedure.
After delivering a total of 6200 centigray of pelvic
external beam radiotherapy extended to the introitus
with vulvar boost concurrent with 6 cycles of weekly
cisplatin, a partial response was noted with a decrease
in size. At this time, the previously unresectable mass
was now amenable for surgical excision. Our patient
then had completion of her treatment with a simple
vulvectomy, for which the remaining tumor was
completely removed with adequate margins. An
inguino-femoral lymphadenectomy was no longer done
in our patient based on the presumption that even prior
to the chemoradiation, the patient had no clinically
palpable nodes. In the studies mentioned, it has been
suggested that a node dissection be performed only
in patients with clinically and radiologically positive
nodes. In addition, the radiotherapy given has already
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included the inguinal area and has most probably
rendered the nodes sterile.
The current recommendation regarding adjuvant
treatment for adenoid cystic carcinoma of the
Bartholin's gland includes postoperative radiation if
there is presence of positive margins or perineural
invasion23, both of which are not found in our patient.
Likewise, our patient has already underwent
radiotherapy hence the current recommendation will
not be applicable in our case, even if both poor
prognostic factors are present.
In the literature review regarding this rare tumor,
no reports were made regarding giving adjuvant
chemotherapy postoperatively in patients with
adequately resected tumors. With the aim of achieving
a prolonged survival and preventing recurrence of this
disease, it has been concurred to further complete the
treatment given to this patient by giving cisplatin-5
fluorouracil post-operatively despite the negative
margins and absence of perineural invasion. A long
term follow up will be needed to determine if this
additional treatment will be of benefit or not. As of
this time, it is important to note that this adjuvant
treatment given did not cause any untoward side effects
to the patient.
This tumor is reported to have an indolent course.
According to Copeland, et al., 5 year progression free
interval is 47% and the 5 year survival rate is 71%.
They are 38% and 50% respectively in 10 years and
13% and 51% at 15 years.8 In the report published
by De Pasquale, et al., the longest reported survival
is 33 years followed by 27 years. 1 This confirms a
protracted, although malignant clinical course with
this disease entity. Local recurrences are common
and often precede distant metastases, pulmonary ones
being the most common followed by bone metastases.
In the studies reviewed, there were no
recommendations as to the long term follow up of
this subgroup of patients. As such, the SGOP
recommendation on follow up of vulvar cancer
patients which included an annual CT-scan of the
whole abdomen and a chest x-ray and pap smear
every 6 months was done.23
With the limited data and conflicting results that
are available, it is difficult to make a definite
recommendation on the best approach for the

1

management of these patients. It is therefore suggested
that if the tumor is small and resectable, the initial
treatment should be surgical and as conservative as
possible to limit the associated treatment related
morbidities. If the tumor is large and resection would
result to a very large defect, neoadjuvant
chemoradiation may be instituted followed by surgical
removal of the residual tumor to reduce the associated
morbidity. Inguino-femoral node dissection should
likewise be limited to those with clinically and
radiologically positive nodes. For those with clinically
negative nodes, a prophylactic irradiation of the
inguinal nodes to eradicate subclinical disease may be
considered. Conservative management may be
appropriate in an attempt to spare the patients not
only with the aforementioned morbidities but more
so with the psychosexual adjustments associated with
a radical procedure. Due to the slow growth of this
tumor and the late clinical presentation of distant
metastases to the lungs and bone, it is recommended
to use 10-15 year survival rates rather than the 5year
survival curves when evaluating therapy for this tumor.
With this in mind, our goal is to be able to maintain
constant follow up with this patient such that the long
term benefit of this mode of treatment may be
evaluated and applied to the forthcoming cases of this
very rare disease.
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Clear Cell Adenocarcinoma of the Vulva:
Posing a Therapeutic Dilemma*
Aileen P. Tomboc, MD; Benjamin D. Cuenca, MD and Rey H. de los Reyes, MD, MHSA
Section of Gynecologic Oncology and Trophoblastic Diseases, Department of Obstetrics and Gynecology,
Jose R. Reyes Memorial Medical Center
A 48 year old, G4P3 (3013), widow, presented with a locally invasive vulvar mass.
Biopsy of the mass revealed Clear Cell Adenocarcinoma. She initially underwent
neoadjuvant chemoradiation in the hope of decreasing the size of the mass, and
eventually underwent surgery as definitive therapy. Histopathologic finding revealed
Clear Cell Adenocarcinoma. Given the anatomic location of the mass, Bartholin's
gland carcinoma was considered.
Vulvar Carcinoma is a rare disease, with Adenocarcinoma comprising only 1.2% of
vulvar malignancies. Given the low incidence of vulvar cancer and the lack of randomized
multicenter studies, the clinical management in advanced disease remains a challenge
and requires an individualized approach.
Key words: vulvar cancer, clear cell adenocarcinoma and Bartholin's gland carcinoma

Vulvar carcinoma is a rare gynecologic malignancy,
occurring in 3-5% of all gynaecologic malignancies.
Most of the vulvar cancers are of squamous cell origin,
occurring in 90% of cases. The other 10% is
comprised of a variety of other pathology, including
adenocarcinoma.
The cornerstone of treatment of vulvar carcinoma
is surgery. However, in cases of locally advanced
disease, the typical radical surgery may not be sufficient
to remove adequate margins, affecting the prognosis.

*

In such cases, these tumors may be considered
inoperable. An individualized treatment approach,
consisting of neoadjuvant chemotherapy or
radiotherapy is recommended. Neoadjuvant
chemotherapy or radiotherapy may reduce the size of
locally advanced tumors and facilitate subsequent
surgery.
This report presents a case of a locally advanced
clear cell adenocarcinoma of the vulva in a 48 year
old woman. She initially underwent neoadjuvant
chemotherapy for which she had tumor progression,
followed by neoadjuvant radiotherapy for which she
had a partial response. Radical vulvectomy and
bilateral groin node dissection were done as definitive
treatment.

Second place, 2012 SGOP Fellows' and Residents' Interesting
Case Contest.

46

Clear Cell Adenocarcinoma of the Vulva

The objectives of this report were:
1) To illustrate a case of a locally advanced clear cell
adenocarcinoma of the vulva.
2) To discuss an individualized approach in the
treatment of a locally advanced vulvar carcinoma.
The Case
G.T. is a 48 year old G4P3 (3013), Filipina, widow,
from Bataan who sought consult with a chief
complaint of vulvar pain.
One year prior to admission (PTA), patient noted
a vulvar mass, measuring approximately 1cm x 1cm,
on the left perineal area. This was not accompanied
by other symptoms.
Ten months PTA, the mass was noted to have
gradually increased in size, accompanied by pain and
intermenstrual spotting. She had no complaints of
bladder or bowel habit changes or a palpable
abdominal mass. She sought consult in a local hospital,
where she was diagnosed to have hemorrhoids. She
was prescribed with a topical ointment affording no
relief.
Seven months PTA, G.T. experienced severe
vulvar pain. This was accompanied by further increase
in the size of the mass, and a palpable left inguinal
node. She sought consult in a hospital in Metro Manila
where assessment at that time was perimenopausal
bleeding rule out endometrial pathology; vulvar mass,
to consider abscess versus malignancy. She underwent
fractional curettage, biopsy of vulvar mass and incision
and drainage of the mass. Specimens were sent for
histopathology, culture and acid fast bacilli (AFB)
staining. Post curettage, a transvaginal ultrasound was
done revealing intact endometrium with few trapped
air (s/p curettage), adenomyosis, intramural myoma
nodules and normal ovaries. Histopathology revealed
clear cell carcinoma, vulvar and perineal mass (Figure
1), secretory endometrium. AFB and culture results
were negative. She was then referred to our institution
for further management.
Six months PTA, she sought consult in our
institution. On physical examination, there was note
of a 2cm x 1cm palpable, movable, non-tender inguinal
node on the left. The vulvar skin was intact. There
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was an 8cm x 5cm x 5cm soft, fungating, friable mass
extending from the left lateral vaginal wall to the
perineal area, crossing the midline (3-7 o'clock position).
Visual inspection with acetic acid of the cervix was
negative. On internal examination, the cervix was 3cm
x 3cm, smooth with unremarkable uterus and adnexae.
On rectovaginal examination, the mass was noted to
encroach the anal sphincter. The rectal mucosa was
smooth with pliable bilateral parametria. (Figure 2).
Review of slides revealed clear cell adenocarcinoma.
Impression was clear cell carcinoma of the vulva
Clinical Stage III, T3N1M0. Since the mass was
assessed to necessitate an ultraradical surgery at that
time, she was advised neoadjuvant chemotherapy to
decrease the size of the mass followed by definitive
surgery.

Figure 1. Biopsy result showing clear cell pattern of glycogen
rich cytoplasm and hobnail cells with varying degress of fibrous
stroma.

Figure 2. Vulvar mass during first consult showing an 8cm x 5cm
x 5cm fungating mass extending from the left lateral vaginal wall to
the perineal area.
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Five months PTA, she started chemotherapy with
Carboplatin AUC 5 and Paclitaxel 175 mg/m2 every 3
weeks. After her first cycle of chemotherapy, there
was no improvement in the size of the mass. The
mass measured 10.5cm x 7cm x 6cm. Chemotherapy
was continued. After the second cycle of
chemotherapy, the mass increased in size to 11cm x
12cm x 9cm (Figure 3). The left inguinal node likewise
increased in size to 8cm x 6cm. There was also note
of a palpable, movable, non-tender inguinal node
measuring 2cm x 2cm on the right. After the third
cycle of chemotherapy, there was further increase in
the size of the mass to 14cm x 12cm x 9cm with note
of friable areas and skin breakdown (Figure 4). At
this time, further chemotherapy was aborted, since she
was not responsive. She was scheduled for
radiotherapy. Biopsy of the left inguinal node was
done revealing positive for malignant cells (Figure 5).
Two months PTA, she started radiotherapy. On
the 11th day of radiotherapy, the mass measured 14cm
x 11cm x 9cm, showing no significant improvement
(Figure 6) She was advised to continue radiotherapy,
and was likewise prognosticated of the non-responsive
behaviour of her mass. She was advised to follow up
post radiotherapy. She underwent EBRT with cone
down to the vulva (50.4 Gy).

1

Figure 4. Vulvar mass, measuring 14cm x 12cm x 9cm after the
third cycle of chemotherapy.

Figure 5. Lymph node biopsy showing a bizaare looking cell.

Figure 3. Vulvar mass, measuring 11cm x 12cm x 9cm after the
second cycle of chemotherapy.

Figure 6. Vulvar mass, measuring 14cm x 11cm x 9cm, on Day
11 EBRT.
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Two weeks PTA, post radiotherapy, there was a
significant decrease in the size of the mass to 6cm x
5cm x 5cm (Figure 7). The left inguinal node measured
4cm x 3cm, and the right inguinal node measured 2cm
x 1cm. She was then admitted for definitive surgery.
Pre-operatively, she was referred to Colorectal Surgery
and Plastic Surgery for evaluation. Possible colostomy
and flap placement were planned.
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movable, non-tender inguinal node on the left, and a
2cm x 1cm node on the right. There was a 1cm x
1cm ulcer on the vulvar skin, left perineal area. There
was a 6cm x 4cm x 4cm soft, fungating, friable mass
extending from the left lateral vaginal wall to the
perineal area (3-7 o'clock position) (Figure 8). The
cervix was 3cm x 3cm, smooth. The uterus was not
enlarged. There was no adnexal mass or tenderness
noted. On rectovaginal exam, the mass was
encroaching the anal sphincter. The rectal mucosa was
smooth, with pliable bilateral parametria.

Figure 7. Vulvar mass, measuring 6cm x 5cm x 5cm after
radiotherapy.

Past medical history revealed rheumatic heart
disease in childhood for which she was treated with
Penicillin for 1 year. Family history was unremarkable.
Personal and social history revealed the patient to be a
non-smoker, non-alcoholic beverage drinker. She had
her first coitus at the age of 28, with one partner. She
is a widow of 12 years.
She had her menarche at the age of 12, subsequent
menses occurring every 28-30 days, lasting for 5-6 days
with moderate flow.
Patient is a G4P3 (3013). First 3 pregnancies were
carried to term with no complications. Her last
pregnancy was non-induced, non-septic abortion.
Review of systems was unremarkable.
On admission, she was conscious, coherent,
ambulatory, not in cardio-respiratory distress with
stable vital signs. Systemic physical examination findings
were essentially normal. Significant findings centered
on her pelvis: There was note of a 4cm x 3cm palpable,

Figure 8. Vulvar mass preoperative.

Our admitting impression was vulvar clear cell
adenocarcinoma, clinical stage III; s/p CarboplatinPaclitaxel III; progressive disease (with involvement
of contralateral inguinal node); s/p external beam
radiotherapy. She was advised radical vulvectomy,
possible sphincterectomy, bilateral groin node
dissection. Pre-operatively, she was referred to
Colorectal Surgery service for possible colostomy, and
to Plastic Surgery for possible flap placement.
On the 2nd hospital day, she underwent the
contemplated procedures. Intraoperative findings a
6.5cm x 4.5cm x 5cm irregularly shaped firm to
rubbery perineal mass on the 4-7 o'clock position
extending to the posterior vaginal fourchette involving
50% of the external anal sphincter.
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She underwent radical vulvectomy with bilateral
groin node dissection, inguinal and perineal
reconstruction, sartorius muscle transposition, primary
closure, completion of excision of vulvar mass with
en bloc resection of external anal sphincter, diverting
transverse loop colostomy. (Figure 9-1 to 9-7, 10)
Histopathological examination report showed
adenocarcinoma, clear cell pattern. Lymphovascular
spaces, sphincter and Bartholin's gland are negative for
malignant cells. Two out of two (2/2), right, and two
out of four (2/4), left inguinal lymph nodes are positive
for malignant cells. All margins are negative for
malignant cell and the tumor free margin is 2.0 mm
(Figure 11).

Figure 9-1. Radical vulvectomy via en bloc approach, with the
femoral vessels dissected and exposed.

Figure 9-2. Apposition of posterior vaginal wall and rectum.
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Figure 9-3. Sartorius muscle transposition with the muscle
mobilized from the anterior superior iliac spine.

Figure 9-4. Apposed posterior vaginal wall to the rectum; sartorius
muscle transposed medially over the femoral vessels and fixed to
the inguinal ligament.

Figure 9-5. En bloc resected specimen, with the mass noted on
the perineal area.

Clear Cell Adenocarcinoma of the Vulva

Figure 9-6. Cut section of vulvar mass showing yellowish necrotic
material.
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Figure 11. Histopathology of the mass showing vacuolated
pleomorphic cells and hyperchromatic nuclei.

Final diagnosis was vulvar clear cell
adenocarcinoma, stage IIIB.
Discussion

Figure 9-7. Cut section of Inguinal nodes.

Figure 10. Inguinal Reconstruction with anterior abdominal flap
mobilized.

The authors were presented with a case of a 48
year old, G4P3 (3013), with a locally invasive clear cell
adenocarcinoma of the vulva. She initially underwent
neoadjuvant chemotherapy followed by neoadjuvant
radiotherapy and subsequent surgery for definitive
therapy.
Malignant tumors of the vulva are rare, with an
incidence of 2-3 per 100,000 women.1 It accounts
for 3-5% of all gynecologic malignancies and 1% of
all cancers in women. 2 It commonly affects women
with a median age of 65-70 years, when comorbidity
is common, but due to the spread of Human
Papilloma Virus (HPV), the disease shows a bimodal
age distribution with a trend towards younger women
being affected.1
The most common presenting symptom of vulvar
cancer is localized pruritus. Other symptoms noted
were a vulvar mass, bleeding, pain, discharge or urinary
tract symptoms. Vulvar complaints are usually noted
years before malignancy is documented, and often
investigated only after various treatment regimens have
proved to be unsuccessful. In more than 50%, there
is delay in part of the patient and the physician of
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more than a year before malignancy is diagnosed.2 Our
patient initially presented with a gradually enlarging
vulvar mass. She was even misdiagnosed to have
hemorrhoids. Malignancy was established only after 5
months of her first noted symptom.
Approximately 90% of all vulvar cancers are
squamous cell carcinoma. The other 10% comprise a
variety of tumors ranging from malignant melanoma,
Paget's disease, adenocarcinoma of the Bartholin's
gland, adenoid cystic carcinoma.3 According to
DiSaia, based on 1378 reported cases, he noted the
incidence of vulvar adenocarcinoma to be 1.2%, –
0.6% of primary adenocarcinoma and 0.6% of
Bartholin's gland adenocarcinoma.4
The patient presented with adenocarcinoma of the
vulva, clear cell type. There have been few reported
cases of clear cell adenocarcinoma of the vulva. There
is a reported case of clear cell adenocarcinoma of the
vulva arising in endometriosis5, and also a case of
primary clear cell adenocarcinoma of the Bartholin's
gland.6 The difficulty in defining the etiology, natural
course and optimal therapy of these tumors lies in
their rarity.3
Bartholin's gland cancers comprise 2-7% of all
vulvar malignancies, and more than 200 cases have
been reported. A solid mass in the region of the
Bartholin's gland with normal overlying skin must
raise one's suspicion of carcinoma of the Bartholin's
gland. DiSaia and Creasman sug gested that
enlargements in the Bartholin's area in
postmenopausal women should be considered
malignant until proven otherwise4, and biopsy is
indicated in these situations.7,8
Diagnosis of Bartholin's gland carcinoma requires
that tumors fulfill the criteria proposed by Honan in
1897: 1) The tumor is in the correct anatomic position;
2) The tumor is located deep in the labia majora;
3) The overlying skin is intact; 4) There is some
recognizable gland present. Strict adherence often
results to underdiagnosis in some cases.9 Copeland,
et al. in 1986 proposed additional criteria for the
diagnosis of Bartholin's gland carcinoma. (Table 1)3
G.T. presented with a mass on the left side of her
perineum, deep in the labia majora. The overlying
skin was intact (Figure 2). It was only after her 2nd
cycle of chemotherapy, when her tumor showed skin

1

Table 1. Diagnostic criteria for Bartholin's gland carcinoma
1)
2)
3)
4)
5)
6)

Anatomical position of tumor located in Bartholin's gland
region.
Overlying skin intact.
Tumor location deep in the labia majora.
Areas of apparent transition from normal to neoplastic cells.
Histologic tumor type consistent with Bartholin's gland origin.
No evidence of a concurrent primary tumor elsewhere.

breakdown. Histopathology revealed clear cell
adenocarcinoma.
Ideally, a scan of the whole abdomen can be done
to r ule out a concur rent primary tumor (eg.
endometrium, ovary, cervix, breast, kidney, utethra,
lymphoma). With the essentially normal physical
examination findings of the other organ sytems,
normal pelvic ultrasound result, biopsy of the
endometrium and cervix, and chest x-ray, we have
considered her tumor to be a primary tumor. She has
fulfilled numbers 1-3, 5 and 6 of the criteria.
Histopathologic biopsy results showed the
Bartholin's gland to be negative for malignant cells.
Wheelock and associates noted that normal gland
elements may not remain in patients with large tumors.
The large tumor may have completely replaced the
normal glands. Subsequently, chemoradiation destroys
both tumor and gland, so that identification of
transitional areas cannot be expected in cases involving
neoadjuvant treatment. According to Copeland, et
al., tumors that do not demonstrate the transition from
benign to malignant cells represent a set of patients
with probable Bartholin's gland carcinoma. Although
transition between normal and malignant tissues is the
best criterion, some cases are diagnosed based on their
histologic characteristics and anatomic location.7,8,9 In
our case, clear cell adenocarcinoma of the Bartholin's
gland was considered.
Carcinoma of the Bartholin's gland is rare,
occur ring in 1% of all genital malignancies.
Adenocarcinoma of the Bartholin's gland accounts for
approximately 40%, the other types include squamous
cell carcinoma (40%), adenoid cystic carcinoma (15%),
transitional cell carcinoma (less than 5%) and poorly
differentiated adenocarcinomas. These tumors are
typically solid, deeply infiltrative and occupy the site
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of the gland. Due to its rarity, the natural history,
treatment and prognosis are unknown.
With regards to vulvar clear cell adenocarcinoma,
there are no prospective randomized studies or metaanalyses from which to base treatment strategies.
Treatment strategies are based from experiences in the
management of squamous cell carcinoma of the vulva
and subsequently, we apply the knowledge gained from
these published reports.3
In cases of locally advanced disease, where the
typical radical surgical excision of the vulva will not
be sufficient to remove adequate margins,
individualized treatment and a multidisciplinary team
are desirable.9,10 In these cases of inoperable disease,
preoperative chemotherapy and/or radiotherapy may
shrink a tumor sufficiently to render an inoperable
tumor operable.11 Our patient presented with a locally
advanced disease, with tumor extending and affecting
the anal sphincter, and a positive inguinal node on the
left. At this time, she was considered inoperable, and
surgery could render the patient per manently
incontinent, which may require placement of a
colostomy. The plan for the patient was to undergo
neoadjuvant chemotherapy with Carboplatin Paclitaxel followed by definitive surgery.
The use of neoadjuvant chemotherapy (NACT)
was strongly recommended for the control of systemic
disease prior to surgery. The first rationale for the use
of neoadjuvant chemotherapy is the ability to reduce
the size of the tumor, which may facilitate subsequent
local therapy, transforming inoperable tumors into
resectable ones, avoiding pelvic exenteration and
assuring a better quality of life. In addition, neoadjuvant
chemotherapy treats the micrometastatic dissemination
of disease, preventing a significant rate of relapse.
Furthermore, its another important use is documented
in patients who need inguino-femoral dissection. Failure
to control nodal disease carries significant morbidity.
Authors noted that the operability rate following
NACT was 90% with a pathologic down-staging of
33%.1,12,13
There are limited studies on the chemotherapeutic
options for vulvar adenocarcinoma, especially clear
cell pattern. Most of the studies reported regarding
neoadjuvant chemotherapy focused on the histology
of squamous cell carcinoma.
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In 2001, Yamamoto, et al. reported case of an 87
year old vulvar adenocarcinoma associated with extramammary Paget's disease. Their study showed tumor
resistance to chemotherapy, however, bone scintigraphy
showed disappearance of the abnormal uptake images
after radiotherapy. 14 In 2005, Ferrandina, et al.
reported a case of a 74 year old with primary vulvar
adenocarcinoma of the Bartholin's gland. Their patient
underwent chemotherapy with Cisplatin-Vinorelbine,
but the tumor exhibited progression metastasizing to
the skull, while on chemotherapy.15 In 2005, Tanaka,
et al. reported a case of an 87 year old,
adenocarcinoma of mammary-like glands in the vulva
with multiple bone metastases which achieved partial
response with weekly administration of Paclitaxel
chemotherapy.16
The use of Carboplatin - Paclitaxel was based on
the combination used as standard of care for epithelial
ovarian cancer, regardless of histologic type.17, 23 There
have been conflicting results regarding the efficacy of
Carboplatin-Paclitaxel on ovarian clear cell
adenocarcinoma. Conflicting results of the
Carboplatin-Paclitaxel regimen was noted by Nagai,
et al. in 2007.20 Some investigators suggest that clear
cell carcinoma of the ovary may be relatively resistant
to standard Carboplatin - Paclitaxel chemotherapy.18
Utsonomiya in 2006 showed Carboplatin-Paclitaxel to
have greater efficacy for recurrent or advanced ovarian
clear cell adenocarcinoma, compared with conventional
platinum-based chemotherapy that does not include
paclitaxel. Our patient had 3 cycles of Carboplatin Paclitaxel, for which she showed tumor progression.
This may be due to tumor resistance which may be
secondary to the tumor's low proliferation activity,
which is a behaviour of clear cell carcinoma.19 Since
the patient's tumor did not improve after the third
cycle, chemotherapy was aborted and she was
scheduled for radiotherapy.
The vulva tolerates radiation poorly. Vulvar skin
is thin, delicate, well-vascularized and extremely
sensitive. At present, radiation seems to be clearly
indicated in either of the 2 settings: 1) as adjuvant
treatment after surgery for patients with positive lymph
nodes; and 2) as neoadjuvant treatment in patients with
locally advanced disease who would otherwise require
a radical surgery. In 1973, Boronow was the first to
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suggest a combined radiosurgical approach as an
alternative to a radical vulvar surgery in patients with
advanced disease.10
The main disadvantage of neoadjuvant
radiotherapy is increased morbidity.1 Radiotherapy is
associated with acute reactions including inflammation,
erythema, desquamation and late reactions which are
thickening of the skin, edema, fibrosis, swelling and
stiffness. These reactions may be physically and
psychologically traumatic.11 The radiation-induced late
tissue effects are attributed to progressive obliterative
endarteritis that leads to decreased blood flow and
subsequent hypoxia and scarring.21
Surgical inter ventions after completed
chemotherapy and radiotherapy have high
complication rates. Tissue injury, in the form of
surgery, will leave the tissues at greater risk for poor
healing, ulceration, fistulization and necrosis.21 A
Cochrane review of 5 studies showed considerable
toxicity of neoadjuvant chemoradiation, therefore
cautious indication of this treatment regimen was
recommended. Nevertheless, this review also showed
a high efficacy of chemoradiation as operability was
achieved in 63-92% of cases. A recent second Cochrane
analysis evaluated 3 studies regarding primary surgery
versus neoadjuvant chemoradiation, including one
randomized control trial (RCT). None of the studies
showed a benefit for either treatment, and no
differences in morbidity could be demonstrated.
However, data are scarce with small study populations
and the RCT discussed was an abstract only and has
not been published as a full version paper.1 Despite
these findings, it is widely accepted that the combination
of chemotherapy and radiotherapy with radical surgery
is associated with significantly more morbidity than
either treatment given on its own.11
On initial consult, G.T. presented with a locally
invasive disease with the tumor deep in the labia and
encroaching on the anal sphincter. This necessitated
an ultraradical surgery with possible resection of the
anal sphincter and diversion of the bowels. At this
time, she was hesitant to undergo the contemplated
procedure.
Given the radicality of the procedure, neoadjuvant
chemotherapy with Carboplatin-Paclitaxel was decided
to be done. It was initially hoped that the neoadjuvant
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chemotherapy would decrease the size of the mass to
render the inoperable tumor operable and minimize
the extent of the surgery. During chemotherapy, she
was noted to have a progressive disease. Her tumor
increased in size from 8cm x 5cm x 5cm to 14cm x
12cm x 9cm, with a new palpable inguinal node on
the contralateral side. Chemotherapy was discontinued,
and she was scheduled for neoadjuvant radiotherapy.
She was given radiotherapy with a total dose of 50.4
Gy.
After radiotherapy, she was noted to have a partial
response. Her tumor decreased in size from the post
chemotherapy measurement of 14cm x 12cm x 9cm
to the post radiotherapy measurement of 6cm x 5cm
x 5cm. In this event, radiotherapy was noted to be
effective. The partial response may have been brought
about by either radiotherapy only, or by radiotherapy
probably together with the sensitizing effects of
chemotherapy.14 Taxanes have been reported to be
effective radiosensitizers in some solid tumors.24 In
our case, the partial response brought about by
radiation may either be secondary to radiotherapy alone,
or radiotherapy together with the radiosensitizing effect
of chemotherapy.
Post radiotherapy, though the mass decreased in
size, it was still large and was still noted to involve the
anal sphincter. Ultraradical surgery was still necessary
to excise the tumor. Even with the anticipated
extensive procedure and possible limitation of function,
this for m of treatment was considered since
neoadjuvant chemoradiaton failed to produce
satisfactory results. The size of the vulvar mass, on
first consult, was 8cm x 5cm x 5cm, and the mass
post radiation was 6cm x 5cm x 5cm. The decision to
proceed with the surgery was a form of salvage
therapy for the patient to excise the mass, and may be
the patient's last option for survival. There have been
reports that surgical resection can be curative in patients
who have failed other therapies.21 She was then
scheduled for operation, with a carefully planned
individualized care involving a multidisciplinary team
which includes the Colorectal Surgery service and
Plastic Surgery service.
The surgical management of vulvar cancer has
evolved from the radical en bloc approach to a more
conservative approach like the triple incision technique.
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The en bloc approach is associated with excellent long
term survival and local control in 90% of cases.21 The
aim is to remove all tissues possibly involved in vulvar
cancer including the skin bridge between the vulva and
the groins.1 Skin bridge recurrence, occurring in
approximately 1% of cases, have been mainly described
in patients with inguinofemoral lymph node
metastases.10 With its radical approach, significant
morbidity and sexual function limitations are is
associated. Some degree of wound breakdown and
infection is seen in 50 - 85% of cases. Inguinal cellulitis,
lower extremity lymphangitis and lymphedema are
uncommon late sequelae.2,21 If patients have previously
received radiation to the groin or vulva, surgery is more
challenging and may be associated with more
morbidity.11
An approach to reduce morbidity while preserving
local adequate control can be accomplished with the
triple incision technique. Compared with the en bloc
resection, wound breakdown is noted in only 15 - 20%
of cases. Lymphatic drainage problems were
significantly lower. However, it is associated with
inadequate assessment of lymph nodes, inadequate
surgical treatment in patients with nodal spread and
the potential for leaving in-transit metastases.1,21
To date, there are no prospective randomized
controlled trials comparing the en bloc resection and
triple incision technique, with regards to safety, that
have been performed. In patients with inguinofemoral
lymph nodes which are suspicious for malignancy,
authors advised to perform the en bloc resection to
reduce the risk of skin bridge recurrence.1,10
During pre-operative counselling regarding sexual
function, the patient was not apprehensive with this
aspect since she said she was a widow. G.T. underwent
the radical procedure of en bloc resection, removing
the palpable lymph nodes noted on bilateral inguinal
areas. The vulvar mass was likewise noted to have
involved 50% of the external anal sphincter. Since
70% of the anal sphincter was resected, and continence
was sacrificed, bowel diversion was done with diverting
loop colostomy. She underwent radical vulvectomy
with bilateral groin node dissection, completion of
excision of vulvar mass with en bloc resection of
external anal sphincter and diverting transverse loop
colostomy.
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Investigators have consistently demonstrated that
nodal disease extent is a powerful predictor of both
survival and recurrence. The 5 year survival for patients
with a single unilateral positive node was 75-87%, while
it decreases to 29% with those 3 or more unilateral
positive nodes.19 In cases of positive inguinofemoral
nodes, pelvic lymph nodes are also affected in 20 30% of cases.1
Systematic inguinofemoral lymphadenectomy is
composed of resection of the superficial inguinal
lymph nodes and the deep femoral nodes. The
prognostic impact of the number of nodes resected
is unclear. For FIGO Stage III cases, a high number
of resected nodes might be associated with a better
survival.1
The most feared long ter m morbidity of
inguinofemoral lymphadenectomy is lymphedema of
the legs. In a study by Pereira, et al. evaluating the
quality of life of patients with lymphedema, a
significantly reduced quality of life was hold in both
physical and mental health, as well as social interaction.
Different modifications in the technique of
lymphadenectomy like preservation of the saphenous
vein, or transposition of the sartorius muscle, have
been disappointing in reducing morbidity. Preoperative
antibiotics and post-operative placement of a suction
drain in the groin were also not proven to be successful
in prevention of morbidity.2
Sartorius muscle transposition, introduced by Way
in 1959, was postulated to protect the femoral vessels
in the event of wound breakdown, and would reduce
the risk of secondary hemorrhage.19 A previously
reported retrospective study demonstrated sartorius
muscle transposition to significantly reduce the
incidence of wound cellulitis and breakdown. G.T. is
post-chemoradiation and is more prone for wound
breakdown. Significant morbidity is expected. The
Plastic surgery service was part of the operating team
to assure that the large defects were covered with
healthy, well-vascularized, minimally irradiated skin to
preserve function and promote healing. An anterior
abdominal flap was mobilized and undermined above
the rectus fascia. The flap was then redraped. She
underwent Inguinal and perineal reconstruction,
bilateral sartorius muscle transposition, primary closure.
A Jackson-Pratt drain was placed on the left on the
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left femoral triangle, and the drain was removed on
the 7th post-operative day.
It is important that disease-free surgical margins
of at least 1cm are obtained, particularly in previously
irradiated patients where persistent disease may not
be macroscopically evident.11 Heaps, et al. showed a
50% local recurrence rate in women with
histopathologic margins less than 8 mm.10 Currently,
there has been conflicting data regarding margins of
resection. Recent analyses failed to show any impact
of the margin distance for prognosis. These recent
findings challenge current recommendations and point
out that the extent of resection margins may be of
minor importance when the tumor has been completely
excised.1
G.T. initially presented with a positive inguinal node
on the left. Initial histopathologic examination of the
lymph nodes harvested in her operation revealed
positive for 4 nodes - 2 on the right and 2 on the left.
The lines of resection were negative, with tumor-free
margin of 2.0 mm.
The 5-year survival rates of vulvar carcinoma were
98%, 85%, 74% and 31% for stage I-IV, respectively.
Patients with positive lymph nodes had decreased
overall survival rate of 29%.11 With Bartholin's gland
carcinoma, overall 5-year survival rate is approximated
to be 50% if lymph nodes are free of disease. This
survival rate decreases to 18% when 2 or more lymph
nodes are involved.6 Recurrence is dependent on the
local extent of the disease and its metastatic spread.7
Post-treatment, patients with vulvar cancer are
advised long-term, regular follow-up: every 3 months
for the 1st 2 years; every 6 months for the next 3 years;
then yearly thereafter. Ideally, an annual CT scan for
the 1st 3 years is warranted, and chest x-ray every 6
months is requested.
Conclusion
We are presented with a case of a locally advanced
vulvar clear cell adenocarcinoma. She underwent
neoadjuvant chemotherapy for which she was resistant,
and subsequent neoadjuvant radiotherapy for which
she was responsive. Definitive therapy in the form of
radical vulvectomy with bilateral groin node dissection
was done.
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Vulvar cancers are uncommon tumors of the
genital tract. In cases of locally advanced disease,
treatment is individualized, and may even involve a
multidisciplinary approach.
Neoadjuvant
chemoradiation followed by definitive surgery is
recommended. However, neither the radiotherapy
techniques, the choice of chemotherapy, nor the type
of operation to be performed is well-defined.10 In
cases where neoadjuvant treatment fails, salvage therapy
in the form of surgery may be warranted and beneficial
to some patients.
Given the low incidence of vulvar malignancy and
the lack of randomized multicenter studies,
centralization of care is highly ideal, not only to assure
optimal treatment but also to facilitate recruitment for
upcoming trials.
Update on the Patient
Post surgery, G.T. underwent chemotherapy with
Cisplatin -Topotecan for 6 cycles. In January, 2013,
she complained of left hip pain. She underwent whole
abdominal CT scan which revealed lytic changes on
the left femoral head and left acetabulum, suggestive
of bone metastases. She was advised chemotherapy,
however she declined. She is currently receiving
bisphosphonate therapy every 3 weeks.
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Fertility - Sparing Surgery for Uterine Rupture
in a Young Patient with Choriocarcinoma*
Gody Magnolia S. Albito, MD and Agnes D. Soriano-Estrella, MD, MHPEd
Section of Trophoblastic Disease, Department of Obstetrics and Gynecology, Philippine General Hospital,
University of the Philippines Manila

One of the dreaded complications of gestational trophoblastic neoplasia is uterine
rupture. Cases of uterine rupture are life threatening and require immediate treatment
usually in the form of hysterectomy. However, for patients at the peak of their
reproductive career, a more conservative approach must be considered. We report the
case of a 17 year old, gravida 1 para 0 (0010) who presented with uterine rupture three
months after undergoing suction curettage for a hydatidiform mole. Emergency
laparotomy revealed massive hemoperitoneum due to a 1.5cm x 1.0cm point of rupture
at the right posterior cornual portion of the uterus with egress of blood clots and
necrotic tissues. Local resection at the area of rupture with subsequent repair was done.
She tolerated the procedure well and attained remission after four cycles of chemotherapy.
This is the first reported case of a resection of a ruptured uterine choriocarcinoma in the
country.
Key words: uterine rupture, uterine wedge resection, gestational trophoblastic neoplasia,
choriocarcinoma

Gestational Trophoblastic Neoplasia (GTN)
represents the malignant end of the gestational
trophoblastic disease spectrum and includes invasive
mole, choriocarcinoma and the rare types, placental
site trophoblastic tumor (PSTT) and epithelioid
trophoblastic tumor (ETT).1
Choriocarcinoma is an epithelial malignancy of
trophoblastic cells for med by the abnor mal
proliferation
of
cytotrophoblasts
and
syncitiotrophoblasts in the absence of chorionic villi.2
It is a disease of women of reproductive age. Intra*

abdominal hemorrhage and intractable vaginal bleeding
are two of its most common life-threatening
complications often requiring emergency hysterectomy.
Since most of the affected individuals are young
women who want to preser ve their fertility,
hysterectomy is often unacceptable.3-4 In such cases,
fertility-sparing surgery should be attempted to give
the patient an opportunity for future pregnancy.
The Case
This is the case of F.M., a 17 year old, G1P0
(0010) who was admitted for the second time in our
institution on December 7, 2011 for the chief

Third place, 2012 SGOP Fellows' and Residents' Interesting
Case Contest.
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complaint of hypogastric pain. Three months prior
to admission, patient underwent suction curettage for
a complete hydatidiform mole (Figure 1). Pre-curettage
serum beta human chorionic gonadotropin (βhCG)
was 440,900 mIU/ml. Patient was started on
methotrexate chemoprophylaxis but was discontinued
on the third day because of development of diffuse
rashes on the chest and back. Nevertheless, the rest of
her hospital stay was unremarkable. She was advised
repeat βhCG one week after curettage, which was not
done due to lack of funds. It was only four weeks
later that a repeat βhCG was done which showed a
titer of 3,039 mIU/ml. Thereafter, patient was lost
to follow up.

Figure 1. High magnification view of the specimen showed swollen
cistern with edematous villi and trophoblastic proliferation, features
that are characteristic of complete hydatidiform mole.

A day prior to admission, patient complained of
hypogastric pain radiating to the back and associated
with dysuria. Consult was done at a government
hospital where she was diagnosed with urinary tract
infection. She was advised intake of Ofloxacin 400
mg two times a day, which provided temporary relief.
A few hours prior to admission, she complained
of recurrence of abdominal pain prompting consult
at our institution. On admission, patient was conscious
and coherent. Vital signs were as follows: BP= 130/
80 mmHg, CR/PR =100 bpm, RR =20 cpm, Temp
= 37.0ºC. Physical examination centered on the
abdomen which revealed diffuse tenderness. On
internal examination, she had normal external genitalia
and nulliparous vagina. Cervix was firm, smooth and
measured 3cm x 3cm. Corpus and adnexa were
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difficult to assess due to diffuse abdominal tenderness.
Rectovaginal examination revealed good sphincter tone,
no intraluminal mass and intact rectovaginal septum
with smooth and pliable parametria.
Blood and urine samples were sent for baseline
laboratory examination (Table 1). Transvaginal
ultrasound was done which revealed a heterogenous
mass within the endometrial cavity with extension into
posterofundal myometrium measuring 2.9cm x 2.6cm
x 2.2cm. Doppler interrogation of the mass showed
peripheral vascularity. At the cul de sac area was an
irregular, heterogenous mass measuring 8.9cm x 8.9cm
x 5.5cm with mixed echoes. There was massive fluid
in the AP cavity. Impression was endomyometrial mass
probably GTN; Cul de sac mass consider blood clots
(Figures 2 & 3).

Figure 2. Transvaginal sonogram of the uterus showing a
heterogenous endometrial mass measuring 2.9cm x 2.6cm x 2.2cm
extending into the posterofundal area of the myometrium. Arrow
shows an indistinct uterine serosa. The complex mass , which was
described as irregular and heterogenous measuring 8.9cm x 8.9cm
x 5.5cm with mixed echoes was signed out as blood clots.

Figure 3. Color flow mapping of the endomyometrial mass showed
peripheral vascularity.
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Diagnosis at this point was Gestational
Trophoblastic Neoplasia with uterine rupture. Patient
was immediately prepared for exploratory laparotomy.
Intraoperatively, there was 1500ml of
hemoperitoneum. The uterus was slightly enlarged with
a 1.5cm x 1.0cm point of rupture at the right posterior
cornual portion, with blood clots and necrotic tissue
egressing from the perforation. The other abdominopelvic organs were grossly normal (Figure 4). The
hemoperitoneum was evacuated and an ellipse-shaped
wedge measuring 2cm x 1.5cm was resected from the
right posterior cornual region. The uterus was repaired
in two layers with delayed-absorbable suture, and the
uterine surface was closed with reverse interlocking
stitches. The patient was transfused with four units of
packed red blood cells. Histopathological examination
of the specimen revealed choriocarcinoma (Figures 5
& 6).
Complete metastatic work up was done
postoperatively. Initial chest x-ray showed a single
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pulmonary nodule measuring 2.3cm x 2.0cm at the
periphery of the right lower lung field, projected at
the level of T3 vertebral body (Figure 7). Based on
the 2000 FIGO Staging and WHO Prognostic Scoring
System, patient was diagnosed to have Gestational
Trophoblastic Neoplasia III : 4 (Choriocarcinoma)
(Table 2).
Patient was started on a single agent
chemotherapy on the second postoperative day in the
form of Actinomycin at 12 mg/kg/day for five
days. She only had grade 2 stomatitis noted after each
chemotherapy session. She achieved remission after
four cycles of Actinomycin and has remained free of
disease for four months after achieving remission
(Figures 8 & 9).
Discussion
Gestational choriocarcinoma is a pure epithelial
malignancy, composed of both neoplastic

Table 1. Laboratory examination results of patient on admission.
Complete Blood Count

WBC
RBC
Hemoglobin
Hematocrit
Platelet
Differential Count
Neutrophil
Lymphocyte
Monocyte

9.30
3.95
117
0.32
174
0.611
0.229
0.123

Urinalysis

Yellow/slightly cloudy/5.5/1.024
Rbc - 0-1 hpf
wbc 0-1/hpf

Blood Chemistry

BUN
Creatinine
AST
ALT
Sodium
Potassium
Magnesium
Calcium

Chest X-ray

There was a 2.3cm x 2.0cm round, faint homogenous opacity at the periphery of
the right lower lung field, projected at the level of T3 vertebral body.

6.0 mmol/L
47umol/L
17IU/L
10IU/L
136 mmol/L
3.9 mmol/L
0.81 mmol/L
2.43 mmol/L

Impression : Pulmonary nodule, inflammatory vs metastatic
Holoabdominal Ultrasound

Gallbladder polyps vs Encrusted stones
Normal ultrasound of the liver,spleen,pancreatic head and body,kidneys and
urinary bladder.
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Figure 4. Intra-operative picture showing the perforation at the
right posterior cornual area of the uterus.
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Figure 7. Chest x-ray of the patient showing a 2.3cm x 2.0cm
round, homogenous opacity at the periphery of the right lower
lung field at the level of the third thoracic vertebral body.
Table 2. Patient's FIGO stage and WHO prognostic score.

Figure 5. Photomicrograph showing the biphasic pattern of a
choriocarcinoma.

Figure 6. High power view shows the multinucleated
syncitiotrophoblast (blue arrow) and polygonal cytotrophoblast
(red arrow) cell population.

Figure 8. A. Transvaginal ultrasound done at the end of treatment
showing a normal uterus with minimal hydrometra. B. Chest
x-ray done at the end of treatment showing disappearance of the
previously noted pulmonary mass.
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Figure 9. Serial βhCG titers taken every cycle indicating response
to treatment.

syncytiotrophoblast and cytotrophoblast elements
without chorionic villi. Grossly, it manifests as a
necrotic mass which cause bleeding inside the uterus.
It has high local aggressiveness and preponderance
for distant spread through blood.3
The incidence of choriocarcinoma, has been
reported to be as high as 1 in 500-600 pregnancies in
India to 1 in 50,000 pregnancies in Mexico, Paraguay
and Sweden.4 In the Philippines, the national prevalence
rate of choriocarcinomas and other trophoblastic
neoplasias (GTN's) has remained almost constant at
0.56 per 1,000 pregnancies to 857/1,453 pregnancies.5
The Philippine General Hospital, being the premier
referral center for trophoblastic diseases, has a
prevalence rate of 8/1000 pregnancies.6
The risk of developing choriocarcinoma is
exceptional before 20 years of age and increases
significantly from 40 years onwards. Many of the cases
of choriocarcinoma arise from a previous molar
pregnancy. Following evacuation, approximately 15%
of patients with a complete mole and 1% of women
with partial mole will develop malignant disease.7 Our
patient is a 17 year old female who was initially
admitted for hydatidifor m mole for which she
underwent suction curettage.
Histopathologic examination confirmed the
diagnosis of complete hydatidiform mole. It took
only three months for this patient to be symptomatic,
necessitating readmission and emergency surgery.
Examination of the tissues taken from the resected
area showed choriocarcinoma.
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The presentation of choriocarcinoma can be
extremely varied with symptoms and signs referrable
to the primary lesions and /or site of metastasis. The
most commonly involved organs are the lungs, vagina,
central ner vous system, liver, kidneys and
gastrointestinal tract. Symptoms occur after a wide
range of time following the causative pregnancy.8 The
most common presenting symptom is vaginal bleeding,
which may come from the mass inside the uterus or
from a vaginal metastasis. The case presented is FIGO
stage III, because of pulmonary nodules seen on her
chest x-ray.
At times, patients present with acute abdomen as
a result of uterine rupture. In such cases, immediate
recognition and management is necessary to avoid
morbidity and mortality. Our index patient initially
consulted for abdominal pain at another government
hospital. Unfortunately, diagnosis was missed and
instead, she was treated for urinary tract infection. This
emphasizes the importance of having a high index of
suspicion among women of reproductive age
presenting with abdominal pain and a history of a
previous molar pregnancy since delay in diagnosis may
be detrimental for the patient.
The emergence of effective chemotherapy has
lessened the importance of surgery for patients with
GTN. Currently, hysterectomy is performed to
address disease complications such as resistance to
chemotherapy, uterine rupture or intractable vaginal
bleeding. Many centers have published their experience
on hysterectomy in the management of GTN. In the
United Kingdom, Charing Cross Hospital and
Sheffield reported a rate of 8.8% and 9.9%,
respectively. 9 In both centers, hysterectomy was
performed as salvage treatment for patients developing
resistance to chemotherapy. In the Philippines, Cagayan
and Magallanes reported on 116 patients who
underwent hysterectomy from January 1996 to
December 2006 . Of these, uterine perforation was
the indication in 24% of cases and vaginal bleeding in
10%.6
The majority of women afflicted with GTN are
young and wish to preserve their fertility. In these
cases, hysterectomy to extirpate disease or address
disease complications may not be an acceptable option.
Hence, techniques that would preser ve the
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reproductive capacity of young patients must be
attempted first.
There have been a few reports of localized
uterine resection of a residual disease focus
followed by uterine reconstruction for invasive mole,
placental site trophoblastic tumor and
choriocarcinoma. Kanazawa, et al. evaluated 22
patients with local myometrial resection of invasive
moles. All patients had lesions localized in the
myometrium, defined by pelvic angiog raphy,
ultrasound and computerized tomography
techniques. Seven patients required chemotherapy
after surgery. They observed that the reproductive
performance of patients undergoing myometrial
resection was similar to that of patients treated with
chemotherapy alone. They recommended that any
patient considered for this procedure should be
carefully evaluated for systemic metastases, and the
uterine lesion should be localized by imaging and
hysteroscopy. Intra-operative frozen sections should
also be used to assess surgical margins. Their
indications for selecting patients for conservative
myometrial resections were: urinary hCG titers
10,000 IU/ day, no evidence of pulmonar y
involvement, and metastases in the lungs, controlled
by chemotherapy prior to the operation. They
reported that postsurgical chemotherapy might be
avoided or reduced if these criteria were fulfilled.
An exception to these guidelines is uterine
perforation and/or marked uterine hemorrhage
resulting from myometrial invasion of a molar
trophoblast, for which emergent focal resection
may be indicated. 10-11 In a study by Case, et al., 12
of 18 patients (66%) were noted to have a successful
pregnancy after the localized resection of tumor.12
Conservative surgery in cases of uterine rupture
may be particularly challenging owing to the vascularity
of the tumor and the theoretical risk of tumor
embolization at the time of surgical manipulation. To
date, there are very few reports on fertility-sparing
surgery following uterine perforation. In these cases,
Behtash, et al. reported on two cases of spontaneous
perforation of the uterus due to choriocarcinoma
treated by localized resection at the right cornual area
of the uterus and chemotherapy. Both patients had
successful term pregnancy after surgery.13
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Estrella and Soriano-Estrella reported on two
patients with low-risk GTN managed by primary
repair of uterine rupture and subsequent
chemotherapy, with a documented complete response
in one patient, whereas the other was lost to followup.14 In both cases, localized resection was not possible
due to the large size of the tumor.
In our case, the patient presented with abdominal
tenderness due to a uterine perforation secondary to
choriocarcinoma. Since she was just 17 years old
with no living child, a localized uterine resection at the
site of perforation was performed. Subsequently, this
patient was given single agent chemotherapy and she
eventually attained remission after four cycles of
Actinomycin.
This report highlights the possibility of performing
localized resection of a uterine perforation due to
choriocarcinoma. This technique should be considered
in patients with a resectable uterine lesion who are
desirous of future fertility. To our knowledge, after a
search of literature from 1970, this is only the third
reported case of a successful resection following tumor
rupture from choriocarcinoma worldwide and the first
in our country.
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