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Dear Editor:

Pseudoangiomatous stromal hyperplasia (PASH) and stromal
multinucleated giant cells (MGC) can occur in both female and
male breast (1-5). In males, simultaneous occurrence of PASH
and MGC in gynecomastia was described in patients with neu-
rofibromatosis type 1 (NF-1) (6-8). However, the specificity of
this finding for NF-1 still remains unclear because the number of

described cases is limited. In male patients without NF-1, PASH
with MGC in gynecomastia was not reported, to my knowledge.
Here, | would like to describe one such case briefly.

A 22-year-old male presented with two years slowly grow-
ing unilateral gynecomastia of the right breast. Otherwise, his
medical history was unremarkable. The lesion was excised and

Fig. 1. Gynecomastia with stromal pseudoangiomatous hyperplasia and with multinucleated giant cells. A-C: pseudovascular spaces
and multinucleated cells in the stroma are shown at low-, medium- and high-power magnifications, respectively. D: immunohisto-
chemical expression of CD34 in the stromal cells (hematoxylin and eosin; A-C: magnifications x50, x100, and x200, respectively; D:

SABC technique, magnification x50).
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submitted for histological examination. Grossly, it measured 5
x 4 x 2.5 cm, and it was of fibrous appearance. Histologically,
the lesion showed typical features of gynecomastia, such as hy-
perplasia of the mammary stroma and of the ducts. 70% of the
stroma presented PASH with typical slit-like spaces. In addition,
a focus representing 20% of the PASH's volume contained nu-
merous MGC (Fig. TA-C). Immunohistochemically, the mono-
and multinucleated stromal cells were positive for vimentin,
CD34 (Fig. 1D) and calponin, and they were all negative for es-
trogen and progesterone receptors (ER, PR), alpha-smooth mus-
cle actin, desmin, caldesmon, CD31, D2-40 and S100 protein.
Expression of ER and PR was limited to the ductal epithelium.
Histological and immunohistochemical features were identi-
cal to those of previously reported cases of gynecomastia with
PASH and MGC in patients with NF-1 (6-8). Therefore, we strong-
ly recommended additional clinical examinations focused on
a possible underlying diagnosis of neurofibromatosis. Rigorous
clinical work-up (dermatologic, ophthalmologic, neurological

and internist examinations) excluded a possibility of NF-1. The
patient is well 5 months after the surgery.

Our case indicates that finding of PASH with MGC in gyneco-
mastia may not be always associated with neurofibromatosis,
although all cases reported previously demonstrated this asso-
ciation. In patients without NF-1, the finding of MGC in gyne-
comastia is rare (3,5), but PASH itself is quite common with re-
ported frequency up to 47.4 % of cases (5). Therefore, incidental
simultaneous occurrence of PASH and MGC should not be sur-
prising, although its frequency is certainly low and determined
mainly by the rarity of MGC. In the present case, the finding of
MGC in PASH was focal, whereas it was either diffuse or its ex-
tent was not explicitly mentioned in the reports of NF-1 asso-
ciated cases (6-8). | suppose that focal PASH with MGC might
have a lower specificity for NF-1 in comparison with cases with
the diffuse stromal involvement, but the evidence remains very
limited. Future studies of cases similar to the one reported here
could bring more accurate information about this specificity.
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