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Double Para-testicular Cellular Angiofibroma and
Synchronous Testicular Microlithiasis

Seungkoo Lee - Hyuck Jae Choi'

Departments of Anatomic Pathology and 'Radiology, Kangwon National University Hospital, Chuncheon, Korea

Cellular angiofibroma is a rare benign mesenchymal tumor.
Since first described by Nucci ef #/. in 1997,' this distinct his-
topathologic entity has been reported in a series of studies™
and case reports.”” The tumor is characterized by two principal
components, cellular spindle cells and prominent blood vessels.'
Mild cytologic atypia and a few mitotic figures have been dem-
onstrated in some cases.”* The tumor occurs mainly in the in-
guinoscrotal region in men.””” The molecular pathogenesis of
cellular angiofibroma is largely unknown, although retinoblas-
toma 1 (RB1) and forkhead box protein O1 (FOXO1) have been
implicated in some cases.”” Testicular microlithiasis is a relative-
ly rare condition characterized by calcifications within the semi-
niferous tubules. Two different types of testicular microlithiasis,
hematoxylin bodies and laminated calcifications, have been de-
scribed.” Many laminated calcifications have been associated
with atrophic seminiferous tubules or germ cell neoplasia.*’
Here, we present a case of double para-testicular cellular angio-
fibroma and synchronous testicular microlithiasis.

CASE REPORT

The present study was approved by the Institutional Review
Board of Kangwon National University Hospital (KNUH-2015-
05-011). A 40-year-old man with two children presented with
complaints of self-limited hemospermia for one month. There
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was 10 history of exposure to sexually transmitted diseases or pe-
nile trauma. He had no previous episodes of hematuria. A solid
mass-like lesion was first discovered in the left scrotum by self-
examination. Physical examination revealed a non-tender, firm,
slightly mobile, and well-demarcated scrotal mass. Ultrasound
examination revealed an approximately 1.2-cm solid mass in
the tail of the epididymis (Fig. 1A). The mass showed an isoecho-
ic and mild hypervascular pattern. However, the left testis re-
vealed no mass lesion. Prostate examination, urinalysis, and other
laboratory studies were unremarkable. The patient underwent a
left simple orchiectomy. On gross examination, two para-testic-
ular masses were identified (Fig. 1B). One mass (1.2x0.8x0.7
cm) was present near the tail of epididymis. The other mass (1.1
x0.6X0.5 cm) was located near the head of epididymis. The two
masses were well-circumscribed, and 1.3 cm and 0.5 c¢m apart
from the testis, respectively. The cut surface of the mass was gray-
ish white and firm. Microscopically, the two masses showed his-
tologically identical features, which were loosely arranged, bland
spindle cells in a myxoid to collagenous stroma and prominent
small- to medium-sized blood vessels (Fig. 2A). Two mitotic fig-
ures per 50 high power fields were identified only in the large
mass (Fig. 2B). A few atypical spindle cells were also present
(Fig. 2C). Immunohistochemically, tumor cells of the two masses
were mostly positive for vimentin (1:200, Lab Vision, Fremont,
CA, USA). Most perivascular spindle cells and some stromal
spindle cells were positive for smooth muscle actin (Bond RTU
Ab, alpha sm-1, Leica Biosystems, Newcastle upon Tyne, UK).
Staining for CD34 (1:200, Lab Vision) was negative in the stro-
mal spindle cells but positive in the perivascular spindle cells
and endothelial cells. Tumor cells were negative for S-100 pro-
tein (1:100, Lab Vision), desmin (1:100, Zymed, San Francisco,
CA, USA), and pan-cytokeratin (1:100, Leica). A moderate num-
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Fig. 1. Ultrasound examination and gross evaluation of orchiecto-
my specimen. (A) On ultrasound examination, there is an isoechoic
mass in the tail area of the epididymis (white arrow). On the cut
surface of the gross specimen, solid soft tissue is noted near the
tail of the epididymis (A, white arrow) and near the head of the epi-
didymis (B, black arrows).

Fig. 2. Histopathologic features of the tumor. (A) The tumor is com-
posed of spindle-shaped mesenchymal cells and thick-walled
blood vessels. (B) Two mitotic figures per 50 high-power fields are
identified in the mass. There is one of the mitotic cells (arrow). (C)
A few stromal cells show atypical nuclear morphology.

ber of lymphocytes and plasma cells were scattered diffusely
throughout the stroma of the tumor. Most of these lymphocytes
were CD8+ cytotoxic T cells. The two masses were consistent
with cellular angiofibroma. The testicular parenchyma and sper-
matic cord were grossly unremarkable. On microscopic exami-
nation of the testis, some atrophic seminiferous tubules were
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Fig. 3. Intratubular microcalcification. There are numerous com-
pletely hyalinized ghost tubules with corpus amylacea-like laminat-
ed intratubular bodies (arrows).

present and showed hyalinized degenerative change and con-
tained corpora amylacea-like laminated eosinophilic bodies (Fig.
3). The remaining non-atrophic seminiferous tubules were un-
remarkable.

DISCUSSION

Cellular angiofibroma usually occurs as a solitary and circum-
scribed lesion in the inguinoscrotal region of men.”” Multiple
cellular angiofibromas are very rare. To our knowledge, double
cellular angiofibromas have not been reported.'” Although the
pathogenesis of multiple cellular angiofibroma is unknown, we
speculate that it might be associated with certain cytogenetic
alterations."” Cellular angiofibroma appears to be closely related
to spindle cell lipoma and mammary-type myofibroblastoma,
which show overlapping histologic and immunophenotypic fea-
tures.” Recent evidence has shown that these three tumors have
similar common molecular genetic features, such as monoallelic
deletion of RB1 and FOXO1, both of which reside within 13q14.>’
One of the interesting findings of the testicular parenchyma in
this report was the presence of corpora amylacea-like bodies, sug-
gesting laminated testicular microlithiasis. Testicular microli-
thiasis is relatively rare, and the exact incidence in normal and
diseased testes is unknown.*’ Laminated testicular microlithiasis
has been associated with normal, cryptorchid testis, germ cell
tumor, or atrophic seminiferous tubules.® In this case, laminated
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testicular microlithiasis was associated with atrophic seminifer-
ous tubules. Although the patient presented with self-limited
hemospermia, a direct relationship between microcalcification
and hemospermia could not be determined. The patient has
been followed up, and no recurrence has been reported. In sum-
mary, we described a rare para-testicular double cellular angiofi-
broma with synchronous lesion of testicular microlithiasis. Al-
though these two lesions might represent a coincidental finding,
the relationship between these two lesions awaits further eluci-

dation.
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