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Case Report

Cavernous Hemangiolymphangioma of the Testis without
Cutaneous Hemangiomatosis in an Elderly Patient
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Hemangiolymphangioma is an extremely rare malformation of both the lymphatic and
blood vessels. To date, however, there are no reports in the literature of a hemangiolym-
phangioma of the testis. An 84-year-old man visited our hospital for investigation of
a 1-month episode of a rapidly growing mass in his right scrotum. Scrotal ultra-
sonography revealed a multilobulated mass with septation in the testis. Testicular tu-
mor markers were within the normal limit. Radical orchiectomy was performed. At sur-
gery, ared, wide-based, nodular tumor was found on the testis. Histological examina-
tion of the resected specimen showed it to be a cavernous hemangiolymphangioma.
Here we report this first case of a cavernous hemangiolymphangioma of the testis with-
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out cutaneous hemangiomatosis in an elderly patient.
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Hemangiolymphangioma is an extremely rare malforma-
tion of both the lymphatic and blood vessels [1]. Although
histologically it is a benign disorder, it has a propensity to
invade underlying tissues and to recur locally [2]. Heman-
giolymphangioma is usually a lymphatic-venous or lym-
phatic-capillary malformation. To our knowledge, there
are no reports in the literature of a hemangiolymphangio-
ma of the testis. Here we report this first case of a cavernous
hemangiolymphangioma of the testis without cutaneous
hemangiomatosis in an elderly patient.

CASE REPORT

An 84-year-old man visited our hospital with a chief com-
plaint of right scrotal swelling. He had a 1-month episode
of a rapidly growing painless mass on his right scrotum. His
past medical history was unremarkable, and he had no pre-
vious history of trauma or infection. He had no family his-
tory or personal history of vascular or lymphatic malfor-
mations. Physical examination revealed a nontender,
hard, 6.0-cm mass in the testis of the right scrotum. There
was an elastic, irregular, palpable hard mass on the testis.
There were no features of cavernous diseases such as cuta-
neous port-wine hemangioma, varicose veins, or bony
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hypertrophy. The laboratory results, including complete
blood count, serum electrolytes, and serum tumor mark-
ers, were all within the normal range. Scrotal ultra-
sonography (US) demonstrated a hypoechoic, multi-
lobulated mass with septation in the right testis, and low
blood flow was seen on color Doppler US (Fig. 1). There was
no extension to the perineum or groin and no regional
lymph adenopathy. Right radical orchiectomy by the in-
guinal approach was performed. At surgery, a red, wide-
based, nodular tumor was found on the testis. The orchi-
ectomy specimen weighed 35 g and measured 6.7x5.4x2.8
cm. The testis was diffusely thickened and showed dilated
blood vessels filled with blood (Fig. 2). Histological exami-
nation of the resected specimen showed it to be a cavernous
hemangiolymphangioma. Histopathological features of
the testicular mass showed both hemangiomatous and
lymphangiomatous components (Fig. 3). The postopera-
tive course was uneventful and no recurrence was seen af-
ter 1 year.

DISCUSSION

Hemangiolymphangiomas are mixed vascular malforma-
tions containing both vascular and lymphatic elements [1].
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FIG. 2. Gross photograph of the testis after right radical orchiec-
tomy. The testis was diffusely thickened and showed dilated
blood vessels filled with blood.

They belong to the group of low-flow vascular lesions and
have radiologic features of both venous and lymphangial
malformations. Although hemangiolymphangiomas occur
relatively rarely, some cases have been reported as part of
a congenital cavernous syndrome such as Klippel-Trena-
unay-Weber syndrome [3]. Klippel-Trenaunay Weber syn-
drome is a rare congenital soft tissue anomaly charac-
terized by the presence of multiple hemangiomas, asym-
metric limb hypertrophy, and arteriovenous fistulas [3].
Although hemangiolymphangioma is considered a benign
disorder, it has a tendency to infiltrate adjacent tissues and
to recur locally. It can occur in a variety of anatomic loca-
tions, including the axilla, abdominal cavity, and ex-
tremities [4]. Our patient had cavernous hemangiolym-
phangioma of the testis without other lesions, making him
an unusual case in the literature.

The coexistence of these two pathological entities sug-
gests a possible common etiology and pathogenesis related
to anomalies of lymphojugular sacs developing in embryos
[5]. Although the diagnosis of hemangiolymphangioma is
essentially made by pathologic study of the surgical speci-
men, modern radiological techniques, such as computed to-
mography scan, magnetic resonance imaging, and blood-
pool scintigraphy using **"technetium-human serum al-

811

FIG. 1. (A) Scrotum ultrasonography
showing a multilobulated mass with
septation in the testis. (B) Low blood
flow was seen on color Doppler ultraso-

nography.

FIG. 3. Histopathological features of the hemangiolymphan-
gioma showing both hemangiomatous and lymphangiomatous
components (H&E, x100).

bumin combined with diethylenetriaminepenta-acetic
acid studies, can show the vascular component of the mass
before surgery and could be very helpful in diagnosis and
in planning an appropriate surgical procedure [6]. In our
case, we recommended that the patient undergo a com-
puted tomography scan, but he did not want to undergo fur-
ther costly imaging studies. He was a penniless older man.

The prognosis of hemangiolymphangioma is generally
considered to be favorable, with only a rare incidence of ma-
lignant transformation [7]. Also, in our patient, the post-
operative course was uneventful and no recurrence was
seen after 1 year.

Cavernous hemangiomas are benign vascular tumors
[8]. Cavernous hemangiomas of the testis are rare. Heman-
giomas usually do not cause difficulty in diagnosis, because
the patients present with a palpable scrotal mass.
Furthermore, Doppler US is a helpful diagnostic tool to
demonstrate the nature of the mass and to differentiate it
from other testicular neoplasms. Histologically, they are
composed of large vessels with dilated lumina and thin
walls.

Lymphangiomas are congenital lymphatic malforma-
tions thought to result from the failure of the sequestered
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embryonic lymph sacs to communicate with the venous
system. Histologically, lymphangiomas are classified as
capillary, cavernous, and cystic according to the size of the
dilated lymphatic space within the tumor. Lymphangio-
mas occur most after puberty. About 95% of lymphangio-
mas occur in the neck and axilla, and the remaining 5% oc-
cur in the mediastinum, mesentery, retroperitoneum, and
in bone [9]. Lymphangiomas in the scrotum are extremely
rare [10]. Because lymphangiomas are multiseptated tu-
mors, they appear as multiseptated hypoechoic masses on
US. In our patient, the scrotal mass had a coexistence fea-
ture of hemangiomas and lymphangiomas. US demon-
strated a hypoechoic, multilobulated mass with septation
in the right testis. The testis was diffusely thickened and
showed dilated blood vessels filled with blood. Histological
examination of the resected specimen showed features of
both hemangiomatous and lymphangiomatous compo-
nents.

To our knowledge, this is an extremely rare case of cav-
ernous hemangiolymphangioma of the testis. Therefore,
we report this case as a reminder that hemangiolym-
phangioma can occur in the testis without cutaneous he-
mangiomatosis in older patients.
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