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Case Report

A rare case of hydrocele in a female
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ABSTRACT

vulva.

Vulval swellings have always been a case of a difficult and a puzzling situation and more so when they are huge in
size. Vulvar swellings are of various types such as Bartholin cyst, sebaceous cyst, cyst of canal of nuck, inguino-labial
hernia and vulval varicosities. Most common vulvar cysts are epidermal inclusion cysts. Usual location is beneath the
epidermis. An alternative histogenesis is embryonic remnants or occlusion of pilosebaceous ducts of sweat glands.
Cutaneous cysts which are lined by ciliated epithelium are very rare, and authors present a rare case of a cyst arising
from a left labium majus resembling a hydrocele seen in males with histopathology suggestive of ciliated cyst of the
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INTRODUCTION

Interest in vulvar disease has increased markedly.
Literature search has shown the involvement of various
specialties, including  dermatology, genitourinary
medicine, gynaecology and pathology. The involvement
of multiple specialties reflects the complex nature of
vulvar diseases and this necessitates the need of a team
approach to the study of the wvulva. The processes
vaginalis of males is equivalent to the saccus vaginalis of
females, extension of which into the inguinal canal is
called ‘canal of Nuck’.!

This is formed by the invagination of the parietal
peritoneum coming with the round ligament which
attaches to the vulva.? Obliteration Of the canal occurs
completely by the first year of life and if it persists may
lead to inguinal hernia.® Partial failure of obliteration may
result in a cystic swelling called as ‘hydrocele of the
canal of Nuck’.* Excessive secretion of fluid from the
lining epithelium of the peritoneum results in a cystic
swelling. This could be either due to inflammation,
trauma or due to inadequate lymphatic drainage.’ They
are asymptomatic but when infected may cause intense

pain and discomfort. Symptomatic cysts warrant removal
Sometimes remnants of the paramesonephric ducts may
also accompany the round ligament in its course to the
attachment at the labia majora. An imbalance of fluid
secretion and absorption by the peritoneal lining may lead
to the development of a labial cyst as was seen in our
patient.

CASE REPORT

A 24 years old patient a case of primary infertility since 6
years presented to Gynaecology OPD of D.Y. Patil
Medical College a tertiary care centre for evaluation of
infertility. After a thorough history taking about her
menstrual cycle, marital and sexual history patient was
taken up for examination.

On general examination she was averagely built and
nourished with no external signs and stigmata of any
congenital abnormalities. On examination there was a
cystic swelling seen arising from the left labium majus
which was 6 x 6 cm in size. On palpation it was totally
cystic with no solid components, no bowel was felt but
trans-illumination test positive as shown in the Figure 1.
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Figure 1: Clinical examination findings.

A clinical impression of the Hernia / Hydrocele from the
canal of Nuck was made and patient was advised further
investigations. An opinion from a general surgeon was
taken to rule out any congenital abnormality /remnants of
mesonephric ducts.

They opined it as a case of cystic non - reducible mass
with no impulse on coughing most likely suggestive of a
hydrocele of canal of nuck / encysted hydrocele. Patient
was sent for sonography. On USG it appeared as a
chronic fluid filled cyst with few internal echoes as
shown in the Figure 2.

Figure 2: USG picture showing fluid filled cyst.

No fluid was seen coming through the canal of Nuck on
coughing which meant it was a non-communicating cyst.
After all the preoperative investigations and anaesthesia
fitness patient was posted for labial cyst excision.

Intraoperative findings were as shown in Figure 3, Figure
4 and Figure 5. The cyst was separated, and excision was
done along with redundant skin. Clear fluid was present
within the cyst. There was no communication of cyst with
abdominal cavity. Round ligament was palpable which
was clamped cut and ligated and the specimen was sent to
the pathologist for evaluation.
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Figure 3: Preoperative.

Figure 4: Intraoperative.

Figure 5: Postoperative

On histopathology the lining of the cyst wall was
mesothelium with few columnar ciliated cells resembling
the epithelial cells of the fallopian tubes as shown in the
following Figure 6 and hence an impression of remnant
of para-mesonephric ducts was made
Immunohistochemistry was advised to find out whether
these cells were ER/PR positive. The report showed that
both stroma and epithelial cells were positive for estrogen
and progesterone hence the final report of a rare entity of
ciliated cyst of the vulva was given by the pathologist
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with the possibility of some remnants of the
paramesonephritc ducts.

Figure 6: Histopathology findings of ciliated
epithelium.

DISCUSSION

In clinical practice vulval swellings are very rarely
encountered.® Vulval haematoma, cold abscess, indirect
inguinal hernia and very rarely cystic haemangioma,
hydrocele of the canal of nuck could be the differential
diagnosis for this condition.”® Paramesonephric cysts also
called as ciliated cysts of the vulva are usually seen in
young women of childbearing age. Presence of these in
the vestibule occurs in very few cases.>** Clinically, the
cysts appears fluid filled, on the superior portion of the
labia majora and measures around 1-5 cm. The etiology is
unknown; however, sequestration and migration of
mullerian tissue during embryogenesis, dysontogenesis
i.e. defective embryonic development and metaplasia
have been suggested as mechanisms for the origin of the
cyst. Of these hypotheses, Miillerian heterotopia has been
most commonly proposed to be the basis of similar histo -
pathological features of the epithelium.?233  The
origination of this ciliated cyst of the vulva is not very
clear although there are various theories proposed :

e Displacement of Miillerian duct remnants,

o Ciliated epithelial cell metaplasia. The lining
epithelium of the cyst is composed mainly of:
e Asingle row
e Pseudostratified cuboidal and columnar cells.

The cyst wall consists of both epithelial and connective
tissues. Misplacement of Mullerian duct tissue has been
considered as the highly probable cause for the origin of
this CCV.*13 The fallopian tube is lined by a single layer
of ciliated cells, non-ciliated columnar secretory cells and
intercalated cells. Pseudostratified columnar or cuboidal
cells which exhibited cilia on the luminar aspect,
showing similar features to the fallopian tube
histologically, and was hypothesized to be oestrogen-
dependent as was seen in our case and also patient gave
history of a small swelling since childhood which
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increased slowly after menarche which shows oestrogen
dependent lesion. Millerian  heterotopia  during
embryogenesis in CCV was reported to rapidly increase
in size during pregnancy, suggesting that these lesions are
sensitive to hormonal stimulation.!* Epithelial cells in
CCV demonstrated nuclear staining for oestrogen
receptor.’>'8 Both epithelial and stromal cells were
positive for oestrogen and progesterone was a strong
support that hormonal stimulation plays a role in the
development of these lesions. The present case is the
confirmed case of CCV with the lining epithelium
positive for ER and PR.

CONCLUSION

When a female of any age presents with inguinal / labial
swelling, diagnosis of hydrocele of canal of Nuck should
be considered regardless of its rarity. Thorough history
taking and investigations will help in early diagnosis and
facilitate surgical planning. The best line of treatment is
complete surgical excision. The histopathological and
immunohistochemical findings strongly support the
hypothesis that Ciliated cyst of the vulva could be
Mdillerian heterotopia.
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