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ABSTRACT

Bilateral lymphangioma of the ovary being an extremely rare lesion, with chylous ascites and full term pregnancy,
this is the first ever case in the world to be reported. Chylous ascites with pregnancy only 5 cases have been reported
earlier. And above all, only 20 cases of ovarian lymphangioma are reported in the literature so far. Lymphangioma is
usually asymptomatic and unilateral, presenting as an incidental finding during routine gynaecologic procedures. It is
made up of aggregates of lymphatic spaces in ovarian stroma and the endothelial cells lining these spaces. The main
differential diagnosis is an adenomatoid tumour which can be differentiated from the lymphangioma by
immunohistochemical studies. We report this rare lesion in a case of 28 years old primigravida with 37 weeks of
gestation with pregnancy induced hypertension with acute distension of abdomen with respiratory distress.
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INTRODUCTION

Chylous ascites is an uncommon finding which is due to
the presence of thoracic or intestinal lymph in the
abdominal cavity.** It is usually caused by a chronic
disruption of the lymphatic system. Bilateral
lymphangioma of the ovary being an extremely rare
lesion, with chylous ascites and full term pregnancy, this
is the first ever case in the world to be reported. Chylous
ascites with pregnancy only 5 cases have been reported
earlier. Lymphangioma is a benign lesion of the
lymphatic vessels that is characterised by lymphatic
proliferation. Lymphangioma of the ovary is extremely
rare and only 20 cases have been reported.®* It is a
benign vascular lesion, lined by a single layer of flattened
endothelial cells. However, 2 case reports of its malignant
counterpart has been reported ° .Earlier reports suggested
lymphangiomas to be neoplastic but it is now believed to
be hamartomatous in origin.>’ Most of the lesions are
asymptomatic and are usually discovered incidentally
during routine gynaecological procedures. Manifestation

of ovarian lymphangioma as chylous ascites has also
been reported previously in non-pregnant patient.*
Lymphangioma may appear as septated cystic lesions on
ultrasound imaging.® Despite the benign nature, it is
important for clinicians to be aware of its rarity and to
consider it in the differential diagnosis of unilateral multi-
cystic lesion of the ovary. We report this rare lesion in 28
years old primigravida with 37 weeks of gestation with
pregnancy induced hypertension with bilateral ovarian
cystic lymphangioma with chylous ascites.

CASE REPORT

Twenty eight years old Primigravida presented with 37
weeks of gestation with acute distension of abdomen and
respiratory distress. She had 2 antenatal check-up
previously but the details were not available. On
examination, pulse was 96/min, Blood pressure of 140/90
mm Hg, Respiratory rate of 26/min. On abdominal
examination- abdomen was over distended, tense and
stretched out skin, size of the uterus could not be made
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out; fetal heart rate was 146/min on Doppler. On per
vaginal examination - OS closed, posterior, uneffaced.
On ultrasound examination, massive ascites compressing
over the gravid uterus was seen with a single live
intrauterine pregnancy corresponding to 35 weeks of
gestation was seen. Left ovary was enlarged and was
measuring 16x12 cm with multiple cystic lesions of
variable size and right ovary measured 5x4 cm with small
cysts. Blood and urine investigations were within normal
limits. Patient was taken for emergency caesarean
section. Intra operatively 3 litres of chylous fluid was
suctioned out and sent for analysis. A live male baby of
2400 grams was delivered which cried immediately after
birth. Left ovary was massively enlarged (Figure 1) with
multiple cystic components and was removed (Figures 2
and 3). Right ovarian biopsy taken. Both the specimen
sent for histopathology. Patient withstood the procedure
well. An intra-abdominal drain was kept which was
removed on 4" post-operative day. Post-operative period
was uneventful and patient was discharged on day 10
after suture removal. Ascitic fluid analysis confirmed its
chylous nature and histopathology revealed bilateral
ovarian cystic lymphangioma (Figures 4).

Figure 2: Histopathology suggestive of ovarian
lymphangioma.

International Journal of Reproduction, Contraception, Obstetrics and Gynecology

Figure 4: Intra-operative image showing massively
enlarged left ovary.

DISCUSSION

The lymphatic system consists of a network of uni-
directional vessels that collects excess fluid from the
interstitium, transports it to the regional lymph nodes and
ultimately drains to the venous system via the thoracic
duct. The lymphatic vessels are seen in all organs except
in the brain, anterior chamber of the eye and in systems
with rich sinusoidal networks such as bone marrow and
spleen. Some authors have suggested that impaired
regional lymphatic drainage due to chronic follicular
salpingitis or radiation therapy is the cause.®® Other
authors have suggested that they are true neoplasms.
Their exact aetiology is still unknown. Some authors
suggest that their origin by proliferation by lymphoid
nests after inflammation, fibrosis or genetic
predisposition, while many believe it as an end result of
mechanical pressure, trauma, degeneration of Ilymph
nodes, and disorders of lymphatic vasculature.’®** Most
are asymptomatic and are found incidentally.
Lymphangiomas are commonly seen in the head, neck
and the upper body regions. Intra-abdominal visceral
lymphangiomas being very rare mostly are seen in
relation to the intestine and the mesentery.'*!
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Lymphangioma involving the female genital organs has
been reported in the cervix, uterus, and fallopian tubes
and, on rare occasions, the ovary.'®” The first description
of lymphangioma of the ovary was published by
Kroemer.”® Lymphangioma of the epididymis has been
reported before.’® Lymphangiosarcoma is very rare,
although 2 of the 8 cases of ovarian lymphangiomatous
lesions reported in the literature may have had a
sarcomatous transformation.®>** The lesion is mostly
unilateral but bilateral lesions have also been reported
earlier.’® Earlier, lymphangiomas had been considered to
be neoplastic in nature and capable of aggressive
behaviour.® Lymphangioma of the ovary, following
radiation therapy; previously treated for Wilm’s tumour
during childhood with radiation therapy has also been
reported.™ A case of ovarian torsion in utero secondary to
an ovarian lymphangioma has been reported and
laparotomy was performed on the infant after 11 days of
life.2 A case of ovarian cystic lymphangioma in a 72
year old post-menopausal women which was managed
laproscopically has also been reported.?* Aristizabal et al
reported a case of lymphangioma that rapidly recurred
and spread into adjacent and distant peritoneal organs
following oophorectomy.”® It has been suggested that
careful follow up for at least 2 years is needed for
patients with lymphangioma of the ovary in order to
exclude recurrence. Chylous ascites or chyloperitoneum
develops when there is a disruption of the lymphatic
system which can occur due to different causes.” The
most common causes are abdominal malignancies and
cirrhosis which account for more than two-thirds of the
cases in developed countries, where infectious diseases
are prevalent particularly in developing countries.
Chylous ascites is a milky, hazy, intra-abdominal fluid
rich in triglyceride.”® It is a rare complication during
pregnancy. There have been five cases reported and
published earlier. These cases occurred and were
recognized during pregnancy or after delivery. Three
were found as a complication during pregnancy due to
pancreatitis and intestinal volvulus and two were
nontraumatic, coincidental finding during cesarean
section.?*?®

CONCLUSION

To the best of our knowledge, this is the first ever case of
bilateral ovarian lymphangioma with chylous ascites with
term pregnancy ever reported and this is the second case
of ovarian lymphangioma with chylous ascites ever
reported, first case by Iwasa et al In conclusion, our case
highlights the importance of being aware of this rare
entity and of considering it in the differential diagnosis in
patients found to have multi-cystic lesions of the ovary.
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