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ABSTRACT

Cystic lymphangiomas are congenital lymphatic malformations that most commonly develop in the neck, axilla,
mediastinum and retroperitoneum. They occur usually in children but occasionally in adults. The scrotum is a very
rare site for this tumor and only few cases have been reported in the literature. We report the case of a scrotal
lymphangioma in a 24-year-old male patient who developed painless scrotal swelling. Typical sonography and MRI

findings are shown. Surgical excision and histopathology confirmed the diagnosis.
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INTRODUCTION

Lymphangiomas are malformations of the lymphatic
system characterized by lesions that are thin-walled cysts.
These cysts can be macroscopic, as in a cystic hygroma,
or microscopic. Lymphangiomas are the result of the
failure of lymphatic drainage from sequestrated
lymphatic channels. They are classified into i) capillary -
characteristically located in the epidermis. ii) cavernous -
composed of dilated lymphatic channels; cavernous
lymphangiomas characteristically invade surrounding
tissues. iii) cystic hygromas - large, macrocystic
lymphangiomas filled with straw-colored, protein-rich
fluid.

Cystic hygromas commonly seen in the neck (75%) and
axilla (20%), with the remaining 5% found in rare sites
such as the mediastinum, retroperitoneum, kidney, colon,
bone, liver, spleen and scrotum.! The scrotum is a very
rare site for lymphangioma and only few cases have been
reported in the literature.** Scrotal lymphangioma usually
presents as cystic scrotal mass. They are frequently
misdiagnosed on clinical examination as hydrocele,
haematocele, varicocoele, inguinal hernia we report a
case of lymphangioma of the scrotum in an adult who
presented with huge painless scrotal swelling.

CASE REPORT

A 24-year-old young male presented with gradually
increasing, painless, soft swelling in the left side of
scrotum since 3-4 years with no other complaints. No
history of trauma. Clinical examination revealed a large
nontender, extra testicular, soft swelling with slight
compressibility.
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Figure 1: MRI image of lymphangioma, separated
from testis.
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Ultrasonography of scrotum revealed a well defined,
compressible, cystic mass with multiple septae and
locules located in the left scrotal sac. MRI of the scrotum
revealed low intensity by TIWI and high intensity by
T2WI, suggesting a protein-rich component lesion
suspicious of lymphangioma which is separate from the
normal appearing testis and epididymis (Figure 1).

Figure 2: Intraoperative image of lymphangioma
separated from test.

Figure 3: Microscopic section showing dilated
lymphatic spaces some filled with eosinophilic lymph
fluid separated by fibrous septa. Some septa show
lymphoid aggregates.

Laboratory tests were within normal limits. Surgical
exploration was performed via a left inguinal incision
revealed a large cystic mass with multiple septae located
in the left scrotal sac, densely adherent to the tunica but
easily separable from the left testis and epididymis
(Figure 2). Complete excision of the mass was
performed. Postoperative period was uneventful.
Histopathology examination confirms the diagnosis of a
cystic lymphangioma. On the section, the tissue was
spongy and extruded minimal lymph like fluid.
Microscopically, the tissue comprised numerous

cavernous spaces lined by a single layer endothelium.
The intervening stroma consisted of nondescript loose
connective tissue. No evidence of inflammatory infiltrate
or cellular atypia was seen (Figure 3). Eight months
follow-up period was unremarkable.

DISCUSSION

Intra-scrotal cystic lymphangioma is a rare intra-scrotal
mass. Cystic lymphangiomas of scrotum are congenital
lymphatic  malformations of unknown etiology.
Lymphangioma occurs as a result of the failure of lymph
to drain from sequestered lymphatic vessels with
consequent dilatation of the ducts and formation of a
cystic, multiseptate mass. Majority of the lesions are
congenital but may also occur secondary to infection,
inflammation or degeneration 50% lymphangiomas
present at birth and 90% of them are developed by first 2
years of life.> They have no sex predilection. Out of the
three forms, capillary, cavernous and cystic varieties, the
cystic are the commonest.* Lymphangiomas most
commonly occurs in the neck (75%) or axilla (20%) and
remaining 5% are seen in mediastinum, retroperitoneum,
mesentery, bone and thighs.* Perineal and Scrotum region
are the least common sites. Hurwitz et al. reviewed the
literature on scrotal lymphangioma and estimated that
around 40 cases have been reported. Additionally, they
reported 7 more cases with scrotal lymphangioma treated
in 5 institutions over a 12 years duration.” Loberant et al
estimated that less than fifty cases of scrotal cystic
lymphangioma have been reported in literature till 2002.°
Yasir S. Jamal reviewed the literature up to 2008 and
found 7 more cases.’

These lesions usually present as painless scrotal masses
which progressively enlarges over time but may
sometimes be associated with acute scrotum due to
sudden rapid enlargement. This occurs following
infection or internal hemorrhage within cyst.® They are
commonly mistaken for other common and uncommon
extratesticular condition such as a hernia, hydrocele,
varicocele, spermatocele, lipoma and dermoid of the
spermatic cord, hydatid of morgagni which may result in
incomplete therapy with a risk of recurrence. Although
benign, they are frequently infiltrative. They may arise in
the scrotum or extend into or from the retroperitoneum,
perineum, or abdominal wall.**°

Clinical diagnosis is easier if lymphangioma is present in
usual locations but imaging is useful in diagnosis at
uncommon and rare locations; especially in the scrotum.
Ultrasound is the first choice of diagnostic imaging. It is
useful in differentiating solid versus cystic lesions, to
confirm origin, and to define the extent of disease.
Lymphangiomas have been classically described as
lobulated, multicystic, multiseptated, or multilocular
masses.>*® CT and MRI are more useful to define the
important features like, the extent of the lymphangioma
and its relations to adjacent soft tissue, muscle and
vascular structure.*® This is useful in planning the
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appropriate approach for the complete surgical excision
to avoid the recurrence which commonly due to
incomplete excision.

Complete surgical excision is the treatment of choice for
scrotal lymphangioma. Incomplete excision can result in
recurrence. Spontaneous regression is infrequent."*
Treatment modalities like injection of sclerosing agents,
cryotherapy and fulguration for cystic lymphangioma are
tried but they are associated with high recurrence rates.™
In adult longstanding cases complete orchidectomy may
be indicated. In such cases infection and fibrosis make
the lesion inseparable which results in incomplete
excision and recurrence.?

CONCLUSION

Although scrotal cystic lymphangioma are rare, it should
be included in the list of differential diagnosis of benign
appearing painless multiloculated extratesticular lesions
in a young male. Ultrasound is the initial choice of
diagnostic imaging. CT and MRI are important in
defining extent and relations with surrounding structures.
Complete surgical excision is mandatory as incomplete
excision results in recurrence. Accurate diagnosis of this
disease pre-operatively is necessary for planning of
appropriate treatment.
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