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ABSTRACT

Subcutaneous superficial LMS is quite rare and does not involve testicular, epididymal, and spermatic cord soft 
tissues. In brief, scrotal subcutaneous LMS is seen in 1/250000 of all malignancies. Here we aimed to present local 
recurrence of this rarely seen pathology in this case report.
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ÖZ

Subkütanöz yüzeysel LMS oldukça nadirdir ve testis, epididim, spermatik kord gibi dokuları içermez. Özetle, skrotal 
subkütanöz LMS tüm malignitelerin 1/250000’ünde görülür. Bu olgu sunumunda bu nadir görülen patolojinin lokal 
nüksünü sunmayı amaçladık.
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INTRODUCTION

Leiomyosarcoma (LMS) is a tumor that 
stems from soft tissue. Soft tissue sar-
comas (STSs) stem from mesenchymal 
tissue and represent less than 1% of 
all adult malignancies and LMS acco-
unts for 10-20% of all STSs (1). 
Genitourinary LMS constitutes 2.1% of 
all STSs (2). The term “paratesticular 
LMS” includes LMS involving testicular 
tunica (48%), spermatic cord (48%), 
epididymis (2%), and dartos muscle 
and scrotal subcutaneous tissue (2%) 
(1). Subcutaneous superficial LMS is 
quite rare and does not affect tissues 
of testis, epididymis, and spermatic 
cord (3). In brief, scrotal subcutaneous 
LMS is seen in 1/250000 of all malig-

nancies. In this case report, we aimed 
to present local recurrence of this 
rarely seen pathology. 

CASE REPORT

A 63-year-old male patient.was admit-
ted to clinic due to right scrotal swel-
ling. His detailed anamnesis revealed 
no history of radiotherapy and che-
motherapy. It was determined in our 
hospital database review that a scrotal 
ultrasonography (USG) was taken on 
02/17/2016 again due to swelling in 
the right hemiscrotum and a 21x20 
mm cystic mass with dense internal 
echoes was detected in the epididy-
mal head. He had normal values for 
testicular tumor markers at that time. 
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In the operation performed on 03/30/2016, the 
cystic mass was excised which is associated with 
scrotal subcutaneous tissue without involvement of 
epididymis, In the macroscopic examination of the 
material submitted to the pathology lab, a hard tis-
sue of 2x2x1.5 cm in size with an irregular outer 
surface was defined. The cross-section of the excisi-
on material displayed mostly yellow -colored hetero-
geneous mass with a cream-colored central part. In 
the histopathological examination, the lesion sho-
wed neoplastic features, with focal areas of necrosis. 
The number of mitotic figures was determined as 
21-22 at 10X magnification. Neoplastic cells displa-
yed significant atypia. In neoplastic cells, immuno-
histochemical evaluation displayed diffuse positivity 
for Caldesmon, Vimentin, SMA,and focal positivity 
for Desmin and EMA, while negativity for CD34, 
CD68, PaCK, Calretinin, S100 stains. The Ki-67 proli-
feration index was determined as 50%. The tumor 
had a well-defined border, close to external surgical 
margins, even closer than 0.1 cm in some places. 
Surgical borders were intact. Based on the findings, 
the case was reported as LMS Grade 3/3 according 
to the FNCLCC system (Figure 1).

Contrast-enhanced thoraco-abdominal computed 
tomography (CT) did not reveal any metastatic foci. 
Additional treatment was not considered, and follow-

up protocol was approved according to medical 
oncology consultation. On 08/04/2016, a diagnostic 
excision of the surgical margin aimed for recurrence 
control was performed which did not reveal any evi-
dence of tumoral invasion. The patient did not 
attend follow-up visits afterwards. However, in June 
2018, he admitted to hospital due to recurrent right 
scrotal swelling (Figure 2A). His physical examination 
(FM) revealed that the mass was not associated with 
testis, but fixated to the scrotum close to the exter-
nal inguinal ring. Magnetic resonance imaging (MRI) 
showed a well-defined solid mass of 37x33x35 mm 
in size with an intense contrast enhancement and 
localized in the right inguinal canal (Figure 2-B), 
which was considered to be significant in terms of 
recurrent mass. He underwent exploration through 
inguinal incision on 06/19/2018. During exploration, 
scrotal invasion of the mass was detected with intact 
testis, epididymis and cord. (Figure 2-C) The mass 
under the inguinal ring was excised together with 
the scrotal skin (Figure 2-D). A tumoral lesion with 
similar morphological and immunohistochemical fin-
dings was reported in the histopathological examina-
tion of the excision material. Extensive necrosis was 
found having 21-22 mitotic figures at 10X magnifica-
tion. Like the previous mass, this recurrent tumor 
was also reported as LMS Grade 3/3 according to the 
FNCLCC. For this reason, the case was considered as 
clinicopathologic recurrence.

Figure 1. 

Figure 2. 
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DISCUSSION

LMSs are tumors of mesenchymal origin which stem 
from undifferentiated smooth muscle cells. Scrotal 
LMS was first reported by Johnson in 1987 and can 
be seen in two anatomical regions as paratesticular 
and testicular LMS (4). Testicular LMS constitutes 1% 
of all testicular malignancies and almost all of these 
LMS cases actually occur by local invasion of the 
tumor stemming from the paratesticular area (5). In 
the literature, scrotal LMS cases that occurred follo-
wing radiotherapy performed for cases with prostate 
and bladder tumor have been reported. Ekmekçi et 
al. reported a case who had received adjuvant radi-
otherapy due to prostate tumor when he was 70 
years old, and admitted 2 years later with complaints 
of itching and redness over the penoscrotal area, 
and eventually he was diagnosed with LMS accor-
ding to the biopsy result (6). Scrotal LMSs are usually 
painless lesions. Scrotal swelling is the major comp-
laint of these patients. On physical examination, it is 
palpable and hard. In differential diagnosis, benign 
scrotal pathologies must be kept in mind. USG and 
contrast-enhanced CT provide useful information for 
manifesting the relationship of the lesion with the 
surrounding tissue at the time of diagnosis. 
Histopathologically, cells with “cigar-shaped” nuclei 
are characteristic features (1). Prameela et al. (4) repor-
ted a case who was diagnosed with prostate cancer 
at the age of 77 and had been administered neoad-
juvant hormonotherapy with RT. Patient was admit-
ted 7 years later with scrotal pain and swelling, and 
eventually histopathologic examination result was 
reported as LMS. Apparently, scrotal swelling may be 
painful or painless in cases of LMS which are rarely 
seen in literature and therefore scrotal LMS should 
be considered in the differential diagnosis in patients 
complaining of scrotal swelling and redness with or 
without pain, especially in the follow-up period of 
the patients with previous RT performed for other 
neighboring organ tumors. What makes our case 
interesting is that, he had no history of RT and his 
scrotal subcutaneous LMS was a recurrent case. A 

scrotal LMS patient who had no previous RT history 
but underwent operation two times due to scrotal 
swelling was presented in a similar case report, but 
the pathology data of the first two operations could 
not be accessed (7).

Complete resection is generally challenging in cases 
with scrotal LMS. The tumor can infiltrate the surro-
unding soft tissue and extend to the testicular 
parenchyma. Lymphatic spread of the tumor can 
reach to external iliac lymph nodes and hematoge-
nous spread to the lungs (8). After surgical excision, 
recurrence is seen in 30% of cases, metastasis in 
30%, and death in 30% within 4 years of follow-up. 
Positivity in surgical margin significantly increases 
the risk of local recurrence (9). Our case showed a 
recurrence within two years and metastasis was not 
detected yet. In the literature, adjuvant radiotherapy 
is recommended for regional control, but RT is 
mostly preferred in patients who refuse operation. 
Although the recurrence occurred within two years 
in our case, it should be kept in mind that recurrence 
may occur after many years in the follow-up of these 
patients. Therefore, follow-up period should conti-
nue for a sufficiently longer periods of time in these 
cases with LMS.
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