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ABSTRACT

A43-years-old Brazilian woman, Caucasian, premenopausal, was attended with a history of lower abdominal pain, distension, and bleeding,
Pelvic and transvaginal ultrasound revealed an enlarged uterus with a large, well-defined, uniformly hyperechoic lesion. The patient
underwent total hysterectomy and the specimen was sent for anatomopathological evaluation. The histopathological analyses revealed a
leiomyoma with extensive cystic degeneration and atypical characteristics, the immunohistochemical study confirmed the benignity of the
case. The finding of atypical leiomyoma with cystic degeneration is rare and should be carefully evaluated to exclude malignant diseases.
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RESUMO

Mulber brasileira, 43 anos de idade, caucasiana, na pré-menopausa, foi atendida devido a bistoria de dor em abdomen inferior,
distensdo e sangramento. A ultrassonografia pélvica e transvaginal revelou titero aumentado com grande lesdo hiperecoica, bem
definida e uniforme. A paciente foi submetida a histerectomia total, e a amostra foi enviada para avaliagdo anatomopatoligica.
A andlise histopatologica revelou quadro de leiomioma com degeneragdo cistica extensa e caracteristicas atipicas; o estudo
imuno-histoquimico confirmou a benignidade do caso. O achado de leiomioma atipico com degeneracdo cistica é raro e deve ser
cuidadosamente avaliado para excluir doencas malignas.
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RESUMEN

Muger brasileiia de 43 arios, caucdsica, premenopdusica, fue atendida con antecedentes de dolor abdominal bajo, distension y
menorragias. La ecografia pélvica y transvaginal revelo un titero agrandado con una lesion grande, bien definida y uniformemente
hiperecoica. La paciente fue somelida a histereclomia lotaly la pieza fue enviada para evaluacion anatomo-patologica. Los andlisis
histopatologicos revelaron un leiomioma con degeneracion quistica extensa de caracteristicas atipicas y la inmunobistoquimica
confirmo la benignidad del caso. El hallazgo de un leiomioma atipico con degeneracion quistica es raro y debe evaluarse
cuidadosamente para descartar enfermedades malignas.
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INTRODUCTION

Leiomyomas are also known as myomas or fibroids. They
are benign uterine tumors that affect women mostly during
reproductive age. This benign tumor is the most common
gynecologic neoplasm, it can cause a variety of health
complications and is the leading indication for hysterectomy®
2. Despite their benign character, leiomyomas are responsible for
high morbidity in the female population and represent a public
health problem with high health costs*.

The symptoms are directly related to size, number, and location,
and the most common clinical findings of uterine leiomyoma
are abnormal uterine bleeding, pelvic pain, dysmenorrheal, and
reproductive changes®. Some risk factors should be considered,
including black ethnicity, early menarche, nulliparity, family
history, systemic hypertension, oral contraceptives, alcoholism,
and smoking®”.

The majority of tumors are estrogen and progesterone-
dependent, with growth rates related to hormone receptor levels® .
Accelerated leiomyomas growth overcomes blood supply leading to
degenerations, with cystic degeneration accounting for approximately
4% of cases"”. Tt can be located at different levels of the wall of the
uterus: submucosa, subserosa, intramural or cervical™.

There are several leiomyoma variants, such as mitotically
active, cellular, and atypical leiomyomas. The majority of these
variants is rare and has a benign natural history. The pre-operative
detection of uterine leiomyosarcoma is difficult due to the clinical
similarity with ordinary leiomyomas, making the pathological
examination indispensable for the correct diagnosis"?.

Microscopically the atypical leiomyomas are recognized by the
absence of coagulative necrosis, low mitotic rate, and the presence
of atypical tumor cells in moderate to severe amounts. Although
benign, the clinical behavior of this variant is still unclear.
The low mitotic activity is a key point in the differentiation of
leiomyosarcoma > 14,

The authors present an unusual case of a large atypical uterine
leiomyoma with cystic degeneration that could be misdiagnosed
for malignancy on ultrasonography.

CASE REPORT

A 43-year-old Brazilian woman, premenopausal, with a
history of two pregnancies, a cesarean delivery and an abortion,
sought medical attention with complaints of abdominal pain,

distension, and vaginal bleeding. The patient had been under
treatment for depression and systemic arterial hypertension for two
years. On physical examination, she presented with good general
condition, hydrated, ruddy, eupneic, and no abnormalities. Pelvic
and transvaginal ultrasound revealed an enlarged uterus with a
large, well-defined, uniformly hyperechoic lesion, approximately
11.5 x 10.1 x 15.6 cm in size, in the myometrium. No evidence
of internal calcification was noted (Figure 1). The patient was
submitted to hysterectomy and the surgical specimen was referred
for pathological examination.

The specimen consisted of a globular uterus weighing
1,150 g, measuring 17.5 x 11.5 x 10 cm, with cystic consistency,
partially covered by white-gray serosa. The sections showed an
intraparenchymal cystic cavity, trabecular pink surface, with
10.5 cm in the longest axis, filled with liquid citrus (Figure 2).

Histologically, sections of the uterus showed cystic
neoformation with an inner surface composed of anaplastic
cells, often giants with irregular or spindle cytoplasm and

FIGURE 1 — Abdominal ultrasonography of a 43-year-old female with atypical and cystic

retroperitoneal leiomyoma

The exam shows a well-defined and uniformly hyperechoic mass with a cystic component in

the coronal (4) and longitudinal (B) plane.

FIGURE 2 — 7he macroscopic appearance of the tumor fixed in_formalin

An intraparenchymal cystic cavity with a pink trabecular surface was observed, with liquid

citrus filling the cavity.
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anisomorphic, rounded or oval nuclei with coarse chromatin, and
eosinophilic macronuclei (Figure 3). Considering the hypothesis
of malignancy, an immunohistochemical study was performed.
We found a high expression of desmin and a lower expression
of Ki-67 (Figure 4), ruling out the malignancy hypothesis and
confirming the diagnosis of cystic and atypical leiomyoma in
uterine myometrium.

The patient had a good postoperative evolution, is currently
well, and in outpatient follow-up.

FIGURE 3 — Histopathology of atypical leiomyoma with cystic degeneration

A) 40x magnification shows the proliferation of smooth muscle and cystic degeneration

al the top of the image; B) 100x magnification showing the cystic neoformation; ¢) 400x
magnification showing cystic neoformation with anaplastic cells; D) 1000x magnification
showing anaplastic cells with anisomorphic nuclei.

FIGURE 4 — Immunobistochemical analysis of atypical leiomyoma with cystic
degeneration

A) 400x magnification shows high positivity for desmin; B) 400x magnification shows low
positivity for Ki-67 indicating low proliferation rates.

DISCUSSION

Uterine leiomyomas are noncancerous growths in the uterus.
In general, they are asymptomatic and occasionally identified
during routine gynecological examinations. Atypical leiomyomas
are uterine smooth-muscle tumors of controversial nature for
clinicians and pathologists and in cases of degeneration, can lead
to errors of diagnosis® 2.

In the study, we describe the reported case of a 43-years-old
woman with an cystic and atypical tumor in the uterus, it is known
that the tumor shows a preference for middle-aged women, the
average age of 45 years!>'9. The original pathological specimen
showed areas similar to smooth muscle neoplasm interspersed
with foci of atypical cells.

Large uterine tumors such as those observed in this case, in
addition to causing pain due to compression of structures, may
also rupture or twist causing acute abdomen as observed in
previous studies™ ¥,

Despite the atypical findings, most atypical leiomyomas
show benign behavior. However, most patients undergo total
hysterectomy®”. Although in cases of large leiomyomas as
shown in this work, a total hysterectomy is essential to avoid
complications, this surgery is associated with morbidity and
mortality, besides generating a major economic impact on the
health care delivery system.

The diagnosis of leiomyomas is based on imaging findings,
that is, through magnetic resonance or ultrasound tests. The
use of imaging exams of leiomyomas and their variants allows
a classification of the location and pre-treatment planning™?.
A transvaginal ultrasound (TVUS) is one of the main exams
when there is a suspicion of uterine masses, however, degenerative
changes can present heterogeneous changes, therefore the
performance of histopathological exams is essential @ 2.

Secondary changes of leiomyomas can occur, such as myxoid,
hyaline, red, and cystic degeneration®*). These changes usually
are caused by variations in the blood flux®?. In case the of cystic
degeneration, some authors considered it to be a sequel of edema,
observed in 4% of leiomyomas of the uterus®.

Considering that the exposed case presented a large tumor
mass with a cystic cavity containing citrus liquid, the hypothesis
that cystic degeneration arises from intense edema, can be
considered.

The presence of cystic degeneration in atypical leiomyoma is
extremely rare®. Degenerating leiomyomas that are atypical may
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be confused with leiomyosarcomas, adenomyosis, hematometra,
uterine sarcoma, and ovarian masses in ultrasonography
evaluation”. Therefore, histopathological examination and
immunohistochemistry are essential for the differentiation
process, as verified in this report.

The immunohistochemistry technique is an important
tool to assist in distinguishing tumors, as they reveal strong
immunoreactivity against actin, desmin, and vimentin®. Because
of this, in this work; tissue desmin marking was performed, a specific
smooth muscle marker, and Ki-67 marking, a test that measures the
rate of cell proliferation. It is possible to rule out the suspicion of
malignancy in the case and confirming its atypical character.

CONCLUSION

Although ultrasound is an important diagnostic modality in
the suspicion of leiomyomas, changes in this neoplasm may be
present in an unusual way, making the initial diagnosis difficult.
In this case, the use of histopathology and immunohistochemistry
helps to detect atypical cases such as the one presented here.

In the presence of pelvic masses, with or without symptoms, an
accurate investigation is essential, especially in cases with a cystic
component, which can be confused with several pathologies. The
exclusion of leiomyosarcoma and other malignancies is essential
to improve patient quality of life.
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