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Primary Inguinal Lymphangioma,
Cryptorchidism and Inguinal Hernia
Co-occurence in a Child: Case Report

Bir Cocukta Primer Inguinal Lenfanjiom,
Inmemis Testis ve Kasik Fitig1 Birlikteligi

ABSTRACT Cryptorchidism, inguinal hernia and hydrocele are the most common pathologies of
the inguinal region. Unlike these common pathologies, there may be some unusual pathologies in
the inguinal region such as neurofibromatosis, lymphangioma, neuroblastoma and dermoid cyst. A
nine-month old boy who presented with a right groin soft mass of 5x6cm beginning from the bor-
der of external inguinal ring to the base of the penis together with right inguinal hernia and right
non-palpable testis was operated and histopathological examination revealed benign vascular pro-
liferation which is compatible with lymphangioma. The importance of this case is that the lym-
phangioma was primarily located in the inguinal region, there was co-occurence of lymphangioma,
cryptorchidism and inguinal hernia and there is a possibility of the lesion causing cryptorchidism
because of mass effect.
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OZET Inmemis testis, kasik fit1g1 ve hidrosel inguinal bolgenin en sik rastlanan patolojileridir. Bun-
larin disinda nérofibromatozis, lenfanjiom, néroblastom, dermoid kist gibi daha az goriilen patolo-
jilere de bu bolgede rastlanilabilir. Sag kasik bolgesinde 5x6 cm boyutlarinda, dis inguinal halka
hizasinda baslay1p penis kokiine uzanan yumusak kitlesi olan ve buna eslik eden sag palpe edile-
meyen testis, sag kasik fitig1 saptanan dokuz aylik erkek ¢ocuk ameliyat edildi. Histopatolojik in-
celemesi lenfanjiom ile uyumlu benign vaskiiler proliferasyon seklinde geldi. Bu olgunun 6nemi,
lenfanjiomun primer olarak inguinal bolgede yer almasi, lenfanjiom ile inmemis testis ve kasik
finginin birliktelik gostermesi ve lezyonun kitle etkisinden dolay1 inmemis testise neden olma
olasihigidir.

Anahtar Kelimeler: Lenfanjiyoma; kriptorsidizm; fitik, inguinal; gocuk
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ryptorchidism, scrotal or abdominoscrotal hydrocele and inguinal

hernia are the most common pathologies of the inguinal region. Un-

like these, there may be some unusual lesions in the inguinal region
such as neurofibromatosis, lymphangioma, neuroblastoma and dermoid
cyst.*

According to our literature survey, inguinal cystic lymphangioma is a
very rare entity and synchronous presentation of inguinal hernia, cryp-
torchidism and inguinal cystic lymphangioma has not been reported previ-
ously. The aim of this study is to present an infant who was operated
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because of bilateral cryptorchidism, bilateral in-
guinal hernia and right inguinal cystic lymphan-
gioma which was diagnosed prenatally in fetal
magnetic resonance imaging (MRI).

CASE REPORT

A nine-month old boy presented with a right groin
soft mass of 5x6cm extending from the border of ex-
ternal inguinal ring to the base of the penis together
with right inguinal hernia and right non-palpable
testis (Figure 1). A fetal MRI revealed multilocular
mass of 49x38 mm in the scrotal region (Figure 2)
and MRI at 2-month old revealed a large multi-sep-
tated cystic lesion in the right inguinoscrotal region
with enhancing thin wall and septations (Figure 3).
The infant had no predisposing factors such as pre-
maturity. He had underwent emergency surgery in
another center when he was two-months old for
left incarcerated hernia and left cryptorchidism.
The child was admitted to our hospital when he was
nine months old with groin mass. Inguinoscrotal ul-
trasonography (USG) revealed right canalicular
testis whose dimensions are similar to contraleteral
testis, inguinal hernia and multicystic lesions at the
right site with a preliminary diagnosis of lymphan-
gioma. At surgery, the inguinal region was found to
be covered with multicystic lesion from external in-
guinal ring to the base of penis and anterolateral
border of the bladder. The testis was found to be in-

traabdominal located at the internal inguinal ring
associated with a huge hernia sac (Figure 4). The le-
sion was excised and a high ligation of the hernia
sac as well as orchidopexy of the testis, were per-
formed. There were no intraoperative or postoper-
ative complications. Histopathological examination
revealed benign vascular proliferation compatible
with lymphangioma.

DISCUSSION

This case is the first presented case with cooc-
curence of cryptorchidism, inguinal hernia and

cystic lymphangioma in the inguinal canal.

FIGURE 1: Right groin soft mass of 5x6 cm.
(See color figure at http:/pediatri.turkiyeklinikleri.com/)

FIGURE 2: Contiguous T2-weighted images of the fetus in the sagittal plane of the baby demonstrates the multilocular mass in the scrotal region (arrows). As-

teriks indicates the umblical cord and P is placenta.
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FIGURE 3: Contrast-enhanced coronal T1-weighted image reveals a large
multi-septated cystic lesion in the right inguinoscrotal region encircling the
base of penis with enhancing thin wall and septations.

FIGURE 4: Intraabdominal testis, inguinal hernia with huge sac and primary
inguinal lymphangioma.
(See color figure at http:/pediatri.turkiyeklinikleri.com/)

The most common inguinal region pathologies
are inguinal hernia and cryptorchidism with the
incidence of 1-5% and 3-5% in full-term male
newborns respectively. These pathologies may be
seen synchronously.>®

Although these pathologies are the most com-
mon pathologies of this region, there may be other
unusual reasons of inguinal masses which have
very rare occurences such as neuroblastoma, lym-
phangioma, dermoid cyst, neurofibroma, liposar-
coma and hemangioma.'™
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Lymphangioma is a benign tumor which is
caused by congenital malformation of the lym-
phatic system.” Besides, they may also occur sec-
ondary to trauma.® Inguinal presentation is the
least frequent site of lymphangiomas.

Although the literature survey revealed that
inguinal lymphangiomas are the extension of
retroperitoneal or intraabdominal the upper bor-
der of the lymphangioma was beginning from the
external ring and extending to the base of the
penis in our case.”!® Primary inguinal lymphan-
gioma has not been reported previously in the lit-
erature.

USG and MRI are useful for preoperative di-
agnosis and to determine the extent of tumor.’
Sonographic appearance of cystic mass with ane-
choic fluid is characteristic.”

Management options of lymphangiomas in-
clude observation, drainage, sclerotherapy, laser
therapy and surgical excision.!’ The gold standard
treatment of cystic lymphangiomas is surgical ex-
cision, when possible. Surgical excision is especially
indicated when there is an increase in the cyst

size.?

The importance of this case is that the lym-
phangioma was primarily located in the inguinal
region, there was cooccurence of lymphangioma,
cryptorchidism and inguinal hernia and there is a
possibility of the lesion causing cryptorchidism be-
cause of mass effect.

Although this case had a prenatal diagnosis, he
had to be operated in another center in emergent
conditions for incarcerated hernia. It would be bet-
ter if this case would be followed in one center
since birth however he admitted to our hospital
when he was nine months old.

The etiology of right cryptorchidism in this
patient may be the misadherence of the guber-
naculum. Although this patient had left cryp-
torchidism, right cryptorchidism may be
associated with the mass effect of lymphangioma
by preventing the inguinal phase of testicular de-
scent which was similarly discussed by Soyer et

al.! The fate of the right testis could be the scro-
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tum however because of the presence of lym-
phatic malformation in the inguinal region dur-
ing the critical time of fetal descent of the testis,
testicular descent was arrested and the testis re-
mained in the abdomen. The left testis had de-
scended until distal of inguinal canal therefore
although it is difficult to prove the reason of in-
traabdominal location of right testis may be spec-
ulated as the mass effect of the lymphangioma.

I CONCLUSION

Although co-occurence of cryptorchidism, inguinal
hernia and lymphangioma is a very rare entity, pe-
diatric surgeons should keep in mind that unusual
masses can be seen in inguinal region which may
cause cryptorchidism because of mass effect during
antenatal period by preventing descent of ipsilat-
eral testis.
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