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ABSTRACT

Cystic lymphangiomas are usually congenital malformations of draining lymphatic channels with most common sites including
neck, axilla, mediastinum and retroperitoneum. Occurrence of lymphangiomas in scrotum or inguinal region is a rare entity and
epididymal origin of these lesions is even more infrequent. We herein report a case of epididymal lymphangioma detected on USG,
which developed after surgical abdominal lymph nodal dissection in an adult patient of carcinoma rectum presenting as painless
scrotal swelling.

CASE REPORT

A 24-year-old male presented to the institute in GI Oncosurgery
Department as a diagnosed case of metastatic adenocarcinoma
of rectum. The cross sectional imaging done in the radiology
department also showed evidence of polypoidal infiltrative rectal
mass with perirectal, bilateral iliac and paraaortic lymphadenopathy
and bony lesions [Table/Fig-1]. Patient underwent abdominoperineal
resection with abdominal lymph node dissection after receiving
neoadjuvant chemotherapy and radiotherapy. Thereafter, patient
received multiple cycles of FOLFOX-4 based chemotherapy and
was on regular follow up for one and a half years, when he presented
with complain of painless right scrotal swelling. USG examination
revealed multicystic septated lesion involving head and body of right
epididymis measuring 3.0 x 1.6 x 3.6 cm. On colour Doppler imaging
there was no internal vascularity [Table/Fig-2a,b]. Mild ipsilateral
hydrocele was also present. Bilateral testis were unremarkable.
Imaging differentials of cystic lymphangioma, loculated hydrocele,
epididymal cysts and spermatocele were considered and patient

[Table/Fig-2]: A) Grey scale image showing multicystic septated lesion (arrow)
involving head and body of right epididymis; and B) Colour Doppler image showing
no internal vascularity (arrow).

underwent  excisional biopsy. Histopathological evaluation
was suggestive of epididymal lymphangioma as evidenced by
microscopic findings of network of multiple irregular dilated cystic
spaces lined by single layer of endothelium with stromal infiltration by
lymphocytes. Postoperative period was uneventful and the patient
was discharged in stable condition. Follow up with USG imaging
after three months showed no evidence of recurrence.

DISCUSSION

Lymphangiomas are benign lymphatic malformations mostly
presenting in paediatric population and consist of approximately
26% of all benign vascular neoplasms in children [1]. Occurrence
of these lesions is infrequent in adults. The most common sites for
children as well as adults are head/neck, axilla, mediastinal and
retroperitoneal regions. Scrotum and inguinal canal are uncommon
sites for development of lymphangiomas as only about 20 cases
have been reported in literature [2]. Epididymal lymphangiomas are
[Table/Fig-1]: High resolution T2W axial image showing infiltrative malignant rectal even more infrequently encountered, to the best of our knowledge,
mass (arrow) with perirectal lymphadenopathy. only six cases have been reported so far with the first case reported
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by Thompson in 1936 [3].

Epididymal lymphangioma can occur either as congenital true
primary neoplasm or secondary to infection, trauma or post-
surgical lymphatic blockage. Out of previously reported 6 cases
of epididymal lymphangioma one case was thought to develop
secondary neoplasma to herniorrhaphy [4] and rest of the five cases
were diagnosed as true primary neoplasms [3,5-8].

In 1976, Whimster first elaborated lymphangiomas, he postulated
these lesions to be congenital abnormalities due to anomalous
development of the lymphatic channels, originating from sequestered
lymphatic tissue which does not develop a normal communication
with lymphatic system and thus, present as mass later on [9].

The imaging differentials of cystic epididymal mass lesions mainly
consist of epdidymal cysts, spermatoceles and loculated hydrocele.
Epididymal cysts and spermatoceles are usually unilocular lesions
while lymphangiomas are multicystic septated lesions. However,
imaging may be suggestive but definitive diagnosis can only be
made by histopathological examination. These lesions frequently
show recurrence due to incomplete surgical excision in 25-30% of
the cases [10,11].

We herein present a case of right epididymal lymphangioma in a
patient of metastatic carcinoma rectum on palliative chemotherapy.
Around two years ago, the patient underwent abdominoperineal
resection with iliac and paraaortic lymphnode dissection. This
patient presented to our institute with painless right scrotal swelling,
underwent USG and histopathological evaluation which was
finally diagnosed as epididymal lymphangioma possibly resulting
as sequelae to previous surgery two years back. Follow up USG
examination didn’t show any recurrence. To the best of our
knowledge, only one such case has been described in literature,
where lymphangioma of the epididymis was thought to develop
secondarily to previous herniorrhaphy surgery [4].
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Ourcasereportisuniquein severalaspects. First of alllymphangiomas
in general are rare in adult patients, inguinoscrotal lymphangiomas
are even rarer. A case of adult lymphangiomas, arising from the
epidydimis, secondary to surgery is only the second case reported
in literature till now, to the best of author’'s knowledge.

CONCLUSION

The purpose of our case report is to familiarize the radiologists
with this rare entity. Although extremely rare, differential of cystic
lymphangiomas should also be considered in a patient presenting
with scrotal swelling with previous history of surgery.
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