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Abstract

Angioleiomyoma is a benign tumor that commonly affects the soft
tissues of the extremities. Its presentation in the testicular region is
rare and scarcely described in medical literature. In this case, its
diagnosis occurred in a 50-year-old man with reports of chronic
pain and a tumor in the left inguinal region. Due to limited scientific
literature on the subject, with few described reports, preoperative
diagnosis s still challenging and the approach is undefined.
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Resumo

O angioleiomioma € um tumor benigno que comumente afeta 0s
tecidos moles de extremidades. Sua apresentacdo em regido
testicular € rara e pouco descrita na literatura médica. Neste
caso, seu diagndstico ocorreu em um homem de 50 anos com
relato de dor e tumoragcéo crénica em regido inguinal esquerda.
Devido a literatura cientifica limitada sobre o tema, com poucos
relatos descritos, o diagndstico pré-operatdrio ainda é dificil e a
abordagem néo definida.
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Introduction

Angioleiomyoma is a benign tumor arising from vascular smooth
muscle, with a higher incidence between the third and fifth deca-
des of life, being more common in females.’ This neoplasm tends
to affect the subcutaneous tissue of the extremities and to a lesser
extent the head and neck,” therefore, testicular involvement is
uncommon.® Given its rarity, knowledge of this condition beco-
mes important.

Case Report

A 50-year-old man was referred to the Urology service complai-
ning of a lesion in the left inguinal region that had been progres-
sively growing for 20 years, associated with local pain. He denied
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weight loss and urinary changes. The clinical examination reveal-
ed a hardened, exophytic, and ulcerated lesion in the inguinal
region and the upper third of the left scrotum, apparently involving
the ipsilateral spermatic cord, in addition to bilateral inguinal
lymphadenopathy.

The abdominal computed tomography scan revealed a lesion
with contrast enhancement in the left inguinal region measuring
4.5x2.7 cm of undetermined aspect, in addition to lymphadeno-
pathies in the inguinal regions.

The patient was informed about the possibility of neoplasia
and the possible need for associated orchiectomy. He underwent
partial resection of the scrotal bag and left orchiectomy and ipsi-
lateral inguinal lymphadenectomy during surgery due to observed
morphological changes. Fig. 1 presents animage of the specimen
after excision.

During the anatomopathological evaluation, a brownish-white
paratesticular lesion was observed, measuring 2.4 cm at its
largest axis. The testicle itself had dimensions of 6.5x3.8x2.3 cm,
with a smooth, light-brown capsule-covered surface, and the
usual macroscopic aspects. A larger resection was performed in
orderto leave a free margin of the neoplastic lesion.

Under the microscope, the paratesticular lesion revealed
mesenchymal neoplasia, with expansive growth, consisting of
spindle cell proliferation with eosinophilic cytoplasm, without
nuclear atypia, arranged in short, disordered bundles around
numerous tortuous and dilated blood vessels (Fig. 2. HE), being

Figure 1: Product of partial resection of scrotal pouch and left
testicle with surgical margins (a), and leftinguinal lymph node (b).
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Figure 2: Microscopic images of the paratesticular lesion in hematoxylin-eosin and immunohistochemical studies. HE:
Mesenchymal neoplasia is observed, without nuclear atypia, with presence of spindle cells with eosinophilic cytoplasm, arranged in
short and disordered bundles around numerous tortuous and dilated blood vessels. 1A4: Diffuse cytoplasmic expression for smooth
muscle actin, highlighting muscle fibers. CD31: Diffuse cytoplasmic expression for CD31, highlighting the blood vessel walls.

morphologically consistent with angioleiomyoma. The testicular
parenchyma and the inguinal lymph node showed no evidence of
neoplastic disease. Immunohistochemical study revealed diffuse
positivity for smooth muscle actin (Fig. 2. 1A4) and desmin in
muscle fibers, and CD31 (Fig. 2. CD31) and ERG in the vessel
walls, corroborating the diagnosis of angioleiomyoma.

In the postoperative period, there were no complications and
the patient was discharged, returning later in excellent general
health and without clinical complaints.

Discussion
Tumoral proliferations of the testicular appendages are uncom-
mon and indistinguishable from malignant neoplasms before
proper surgical approach.” Occasionally, these tumors can simu-
late malignancy,® contributing to diagnostic uncertainty.

Mesenchymal tumors of the paratesticular region present
clinically in a similar manner, often as painless masses of variable
growth. The distinction between these lesions is made mainly
through histopathological and immunohistochemical examina-
tions, given the clinical overlap. Microscopic evaluation reveals
distinct cellular and structural features, while immunohistoche-
mistry is essential for diagnostic confirmation, using panels of
antibodies to mark specific tumor cell proteins.”®

Among the types of tumors we have leiomyosarcoma, which
is a malignant tumor derived from smooth muscle cells, exhibits
spindle cells with nuclear atypia and increased mitotic activity with
positive immunohistochemistry for smooth muscle actin, desmin
and H-caldesmon. The myofibroblastoma is a benign tumor com-
posed of myofibroblasts that displays spindle cells with abundant
collagen in the stroma and presents positive immunohistoche-
mistry for vimentin, smooth muscle actin and desmin, but nega-
tive for S-100. The aggressive angiomyxoma is a benign but
locally aggressive tumor, with a high recurrence rate, with spindle
cells and myxoid stroma with prominent blood vessels and its
immunohistochemistry reveals positivity for vimentin and, some-
times, for smooth muscle actin. Solitary fibrous tumor is a rare
mesenchymal tumor, generally benign, but can be malignant. with
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the proliferation of spindle cells and thick collagen; staghorn
vessel pattern and immunohistochemistry positive for CD34 and
STAT6, generally negative for S-100 and smooth muscle actin.>'

Angioleiomyoma is a rare mesenchymal tumor, composed of
a mixture of vascular and smooth muscle components, with
histopathology showing small blood vessels and smooth muscle
cells in the stroma and its immunohistochemistry being positive
for smooth muscle actin and desmin, with some vessels expres-
sing CD31. and CD34." This is what was found by the patho-
logical anatomy and cytopathology service.

The correct preoperative diagnosis of angioleiomyomais chal-
lenging, mainly due to the absence of specific symptoms.' Local
pain corresponds to the main finding, being present in up to 60%
of cases,” as was shown by this patient. Thus, as it is an un-
common neoplasm when presented in the testicular region, few
cases have been reported in the literature.

An article published by Elsayed, Afnan, Jaudah Al-Maghrabi,
and Abdelrazak Melit® in 2021 reported being the third case
described in the English literature so far, making it the most recent
case report found in the main databases of international medical
literature.

As it is a rare tumor with unreliable imaging techniques to dis-
tinguish it from the main malignant testicular neoplasms, local
resection was the chosen approach for the patient in question.
This same approach was also described in other studies.*” In
addition, its nonspecific clinical presentation highlights the need
for urologists to be aware of this condition, making this case report
adirect contributorto increasing the visibility of this pathology.
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