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ABSTRACT
Cutaneous leiomyosarcoma is a rare neoplasm with a tendency to recur, and with possi-
ble metastases. The authors report a case of a female patient who was being treated with
triamcinolone injections in a dermal leiomyosarcoma lesion that was misdiagnosed as
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keloid.
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RESUMO

O leiomiossarcoma cutdneo é neoplasia rara com tendéncia a recorréncia e possibilidade de metdstases.
Relatamos o caso de paciente do sexo feminino, que estava sendo tratada com infiltragoes de trianci-

nolona em lesdo de leiomissarcoma dérmico, erroneamente diagnosticado como queloide.
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INTRODUCTION

Cutaneous leiomyosarcoma (LMS) is a rare neoplasia cor-
responding to 2-3% of soft tissue sarcomas. ' It is likely derived
from piloerector smooth muscle (dermal LMS) or from smooth
muscle of the vascular wall in the subcutaneous (subcutaneous
LMS), '-° with a different biological behavior. It is prevalent in
Caucasian men in their 5* and 6™ decades of life. 2

Its subcutaneous form consists of a bulging covered with
normal and mobile skin over the lesion. Recurrence is high (up
to 70%) and there is a risk of metastases.'

Primary cutaneous LMS (dermal) has a relatively indolent
behavior. The recurrence rate is around 30%, ®> but can be absent
in some series. ? Its extension up to the subcutaneous level brings
a higher risk of recurrence, ' though the risk of metastasis is low**
and even controversial.>? It comes in the form of a single tumor
of up to 3 cm,>®well-defined, lobulated, pedunculated or umbil-
icated and varying in color (erythematous to brownish).> When
grouped in nodules, the presence of an extracutaneous primary
neoplasm should be investigated, especially in its retroperitoneal
or uterine forms.! There may be pain on compression, as well as
exulceration and bleeding."® It mainly affects areas in the thighs
having a high hair density, as well as the head and neck.'°
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Histology shows a smooth muscle cell tumor, with pro-
liferation of fusiform cells with elongated, “cigar-shaped” nuclei,
pleomorphism, and mitosis. Immunohistochemistry identifies
the smooth muscle cells, with smooth muscle actin, desmin, and
vimentin as its main markers.'*

The authors describe a case of leilomyosarcoma in which,
due to the rarity of the condition, there had been a delay in the
treatment due to lack of previous clinical suspicion.

CASE REPORT

A 49-year-old female patient was referred by a plastic
surgeon for a differential diagnosis evaluation of a keloid lesion,
after unusual response to corticosteroid injection.

There had been an onset of a painful lesion with keloidal
appearance on the lateral side of the right leg, six years earlier.
The patient underwent excision with three recurrence episodes
of the lesion, the last of which was three years before the sub-
mission of the present paper. She reported previous histologies
with no malignancy, however the results were not in her pos-
session. After eight monthly sessions of local injections of tri-
amcinolone, she developed erythema, a worsening of pain, and
changes in the lesion’s appearance. Clinical examination showed
an erythematous tumor of 4.5 ¢cm x 4 cm, having an irregular
surface and exulceration in the anteroposterior pole (Figure 1).
The incisional biopsy revealed a clearly differentiated spindle
cell neoplasm (Figure 2-4) with positive immunohistochemistry
for smooth muscle actin, desmin, and S-100, and weakly positive
for AE1/AE3. The diagnosis was consistent with leiomyosarco-
ma. Laboratory tests for the detection of a possible primary focus
of neoplasia came back negative.

The resection of the lesion was performed with a 1 cm
margin and a dissection depth up to the muscle fascia. A decision
was made for the purse string suture with the aim at hemosta-
sis and the plan for a later reconstruction. After the histological
examination evidenced an excessively narrow deep margin, the
dissection was extended up to the muscle layer (Figure 5).A total
skin graft was performed in the third surgical stage. The patient

FIGURE1:

Side view of the ri-
ght leg. Erythema-
tous-hyperchro-
mic tumor with 4.5
cm X 4 cm, irregu-
lar surface, and
exulceration in the
lesion’s anterosu-
perior pole
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FIGURE 2: Spindle cell neoplastic lesion involving the entire dermis, showing
storiform arrangement and in fascicles; (A) Small magnification; (B) Higher
maghnification
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FIGURE 3: (A) Marked cellular pleomorphism and numerous mitotic figures
(black arrows); medium magpnification; (B) Marked cellular pleomorphism
and multinucleation (red arrows)

FIGURE 4: Focus of coagulation necrosis (arrow); large magnification
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FIGURE 5:
Intraoperative
phase of the se-
cond surgical pro-
cedure; expansion
of deep margins
up to the muscle
layer

FIGURE 6:

Scar appearance
at eight months
post-operatively

progressed without complications or signs of recurrence during
the observation period (eight months) and remains under clini-
cal follow up (Figure 6).

DISCUSSION

The cutaneous leiomyosarcoma is a rare neoplasm and
arises as a tumor that varies in color, shape, and size, and is more
common in men."* In the case described, the patient is female,
phototype IV, and the disease emerged with a topography that

was diverse from the usual.
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Due to its nonspecific clinical features, diagnosis of leio-
myosarcoma depends on the histologic examination and im-
munohistochemistry. In the present case, the patient had started
treatment motivated by a clinical suspicion of keloid. However,
she did not have a typical lesion and therefore her case deserved
further investigation, given that various tumors and even infec-
tious diseases may have a keloidal aspect.

The benefit of imaging examinations for pre-operative/
diagnostic staging is not clear, and results are often negative.?
Although there is no clear guidance in the literature, a decision
was made in this case to research and rule out other neoplasms
(retroperitoneal, uterine) or metastases (lymph node, lung).

The lesion exeresis is the treatment of choice, with safety
margins being suggested at 1 ¢cm? or the use of Mohs micro-
graphic surgery (MMS).* Adjuvant radiation therapy is men-
tioned, especially for lesions in excess of 5 cm, deep or where
it is impossible to widen margins.? The main prognostic factor
is the status of the surgical margins,>” in addition to the size of
the tumor,' extension of the subcutaneous involvement" ¢ and
mitotic index.!

In the present case, the surgery depth was increased, since
the deep, free margin was deemed excessively narrow. A decision
was made for not closing the surgical wound during the first
operative time and to wait for confirmation from pathology that
the removal of the lesion was complete, before the implemen-
tation of the graft. This technique is also described by other au-
thors for the treatment of leilomyosarcomas and other tumors. >

The patient’s elapsed follow up time after the surgery is
still short, however she remains under monitoring. The literature
does not specify whether there is a necessary and limited follow
up time or whether it should be continued, as is the case in the
authors’ dermatological service.

The present case exemplifies the importance of consider-
ing the differential diagnosis in dermatology. Although the clin-
ical aspect is sufficient in a great number of cases, the histology
is crucial for the identification of rare dermatoses that demand
different therapeutic approaches. When considering lesions of a
keloidal aspect, the absence of previous trauma, a positive per-
sonal and family history and the presence of pain should trigger
an alert. ®
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