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First case of bilateral, synchronous anaplastic variant of

spermatocytic seminoma treated with radical orchifunicolectomy

as single approach: Case report and review of the literature
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Spermatocytic Seminoma (SS) is less
common than the Classic variant, as its
incidence ranges between 1.3% and 2.3% of all semino-
mas. Generally SS is diagnosed in men older than 50
years. The Anaplastic variant of Spermatocytic Seminoma
is characterized by an earlier onset when compared to SS,
but a benign behavior in spite of its histological patterns
similar to Classic Seminoma. We reported the first case of
bilateral, largest and synchronous Anaplastic
Spermatocytic Seminoma, in a patient treated with radical
orchifunicolectomy alone and with long-term follow-up.
The currently available data show that Anaplastic SS
reveals a clinically benign behavior, and no distant metas-
tases have been reported so far. A close surveillance after
surgery could be considered a valid option in the manage-
ment of this rare testicular neoplasm.
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AIM OF THE PAPER

In this paper we report the seventh case of Anaplastic
Spermatocytic Seminoma (SS) (1-14), the first with
bilateral and synchronous presentation and unusual clin-
ical features.

DiscussioN

Spermatocytic Seminoma (SS) is a rare germ cell tumor,
characterized by a benign behavior with slow growth, and
is generally localized in the testis; this tumor has a good
long term prognosis, and is always controlled by one of
the simplest intervention in urology, such as radical
orchiectomy with nearly absent risks of complications
contrarily to many other urological interventions (15, 16);
in literature over 200 cases of SS have been described with
only three cases of clearly established metastasis for the
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conventional type of this tumor (8). It is universally
accepted that the sarcomatous differentiation of SS is asso-
ciated with an aggressive behavior, the presence of metas-
tasis and a poor prognosis (12, 13, 17, 18), despite aggres-
sive surgical and adjuvant treatments (19). On the other
hand the anaplastic variant of SS is still poorly known, as
in literature only six cases of monolateral tumor have been
described so far (6, 9, 14); this is the first case of bilateral,
synchronous anaplastic SS described till today: Still remain
ambiguities about its biological behavior and about the
most appropriate diagnostic and therapeutic protocol.
However, the present tumor is the largest one described
(20 cm) with the longest period of observation (60
months before the surgical intervention plus 36 months of
follow-up), which confirm the low risk of metastatic pat-
tern. The main clinical and pathological features of the
seven cases (six available in literature and our case) are
reported in Supplementary Materials (Table 1). The mean
age at the moment of the diagnosis was 45.8 years. This
finding confirms the data reported by other authors
regarding the early onset of anaplastic variant compared to
the classical spermatocytic seminoma (6). Furthermore
our patient underwent medical examination 5 years after
the initial clinical presentation of the disease, which
strengthens the hypothesis of an earlier manifestation of
the disease. The testicular mass was always asymptomatic
and characterized by a slow growth and absence of metas-
tasis; in particular in our case the delay of the diagnosis
allowed the tumor to grow disproportionately, reaching an
enormous size (20 cm diameter in the left mass) occupy-
ing the entire testis, but the growth was limited to the
parenchyma without invasion of the tunica albuginea with
no lymph node or distant metastases. In all cases there was
no intratubular germ cell neoplasia unclassified (IGCNU)
associated. Serum markers o-FP, B-HGB were negative in
all cases. The markers commonly used for the diagnosis of
Classic Seminoma (CS) were always negative but only in
two cases has been observed the positivity for c-kit
(CD117), which has also been reported to be positive in
SS in some cases (20, 21); our case was the first with a
focal positivity for PLAP and this is the first identification
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of this marker in an anaplastic variant of SS, even if isolat-
ed positivity for PLAP in classic SS has been reported (20-
22). All the patients underwent radical orchiectomy (RO),
while the management after surgery was different but in
any case there was the onset of metastasis or recurrence: In
3 cases RO was followed by radiotherapy applied to pelvic
and retroperitoneal lymph nodes, in 2 cases the treatment
was consolidated with 2 cycles of chemotherapy (carbo-
platin or cisplatin, etoposide and bleomycin), in two cases
RO was followed by surveillance with clinical examination
and imaging. Histological findings in anaplastic SS, such
as areas with extensive necrosis, solid growth pattern,
multiple mitotic figures, vascular and tunical invasion, and
anaplastic features in lymph node metastasis in primary SS
have been described by Albores-Saavedra et al. (6).
According to these findings, the anaplastic variant of SS
would seem to have a more aggressive behavior compared
to the classical form, even if all the cases described in lit-
erature showed a benign behavior and a good prognosis
comparable to that of typical SS. In the absence of a spe-
cific radiotracer such as for other urological malignancies
(23) the PET18F-FDG plus contrast enhanced whole body
CT seems the most appropriate follow-up behaviour.
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