
© 2021 Journal of Family Medicine and Primary Care | Published by Wolters Kluwer ‑ Medknow	 3494

Introduction

Leiomyoma including its variants is the commonest benign 
mesenchymal tumor of  the uterus.[1] It can be seen in the 
extrauterine sites. The broad ligament is the commonest 
extrauterine site[2] with an incidence rate of  less than 1%.[3] 
Other unusual sites are round ligament, ovarian ligament, vulva, 
ovaries, urinary bladder, and urethra.[4] Ovarian leiomyoma 
although the commonest mesenchymal tumor of  the ovary is 
one of  the rarest benign tumors of  the ovary.[5] To date, less 
than 100  cases have been reported and most of  them were 
asymptomatic. Herein, we report a case of  unilateral primary 
ovarian leiomyoma synchronous with uterine leiomyomata in a 
symptomatic premenopausal woman.

Case Report

A 42‑year‑old female was admitted for heavy menstrual bleeding 
and dysmenorrhea—clinically, considered as abnormal uterine 
bleeding. Endometrial biopsy showed hyperplastic endometrium 
with no evidence of  malignancy. Complete blood count and 
other laboratory parameters and serum markers were normal. 
Transvaginal sonography showed a solid mass measuring 
4 cm × 4 cm, abutting the uterus and left adnexa, suggesting 
subserosal fibroid. Intraoperatively, it was a 10‑week size uterus 
with multiple subserosal fibroids and a solid mass along the left 
ovary, distinctly separated from the uterus with no adhesion or 
infiltration to the surrounding structures. The right ovary and 
bilateral fallopian tubes were normal. We received a bilateral 
salpingoophorectomy specimen. Uterus showed multiple 
subserosal and intramural fibroid. The Left ovary, measuring 
7 cm × 7.5 cm × 4 cm, was totally replaced by nodular gray‑white 
solid encapsulated homogenous mass showing a whorling 
pattern on cut surface. There was no evidence of  necrosis and 
hemorrhage  [Figure  1]. Sections from ovarian mass showed 
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typical leiomyoma histomorphology having intersecting short 
fascicles of  spindle cells similar to the uterine leiomyoma. There 
was no evidence of  increased mitosis, atypia, and necrosis, 
ruling out the possibility of  leiomyosarcoma [Figures 2 and 3]. 
Because of  the rarity of  this tumor in the ovary, special stain 
and immunohistochemistry was done and the tumor was Masson 
trichome stain positive [Figure 4] and immunopositive for desmin, 
smooth muscle actin  (SMA), and l‑caldesmon  [Figures  5–7], 
hence, confirming the diagnosis of  ovarian leiomyoma [Figure 2] 
and ruling out the possibility of  fibroma and other sex‑cord 
stromal tumors and low‑grade Gastrointestinal stromal tumor 
(GIST). The Endometrium showed features of  hyperplasia 
with focal atypia. The myometrium showed extensive areas of  
adenomyosis and leiomyomata. The post‑surgical period was 
uneventful.

Discussion

Primary ovarian leiomyoma is a rare benign tumor and accounts 
for 0.5–1% of  all benign ovarian tumors,[5] which was first 
described in the year 1862 by Fallahzadeh et al.[6] A review of  the 

literature shows that fewer than 100 cases of  primary ovarian 
leiomyomata have been reported till 2020.[7] Most of  them are 
usually small  (<3  cm), and are asymptomatic, and therefore, 
detected incidentally either during routine physical examination, 
incidentally at surgery, or at autopsy after a histopathological 
examination. If  the tumor is large, it may cause pelvic pain, 
palpable mass, or sometimes presents as acute abdomen due to 
torsion or necrosis in the tumor. In the present case, the female 
presented with a heavy menstrual bleed. Ovarian leiomyoma may 
be associated with Meigs’ syndrome.[8] Serum levels of  CA‑125, 
CA 19‑9, and Carcinoembryonic antigen (CEA) are within the 
normal limit. Ovarian leiomyoma synchronously seen with 
uterine leiomyoma in 78% of  the cases suggests an identical 
hormonal stimulation.[9,10] The age group for both the ovarian 
and uterine leiomyoma is similar, having a very wide range, but 
only a few cases have been reported in postmenopausal women.[7] 
Both macroscopically and microscopically, ovarian leiomyoma 
resembles the uterine counterpart. Bilateral ovarian leiomyomya 
is seen in pediatric and young female and that are usually not 
associated with uterine leiomyoma counterpart as if  seen in 

Figure 1: Gross image of the uterus and unilateral ovarian leiomyoma

Figure 3: Histomorphology of ovarian leiomyoma (200X)

Figure 2: Histomorphology of ovarian leiomyoma (100X)

Figure 4: Masson trichrome stain
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perimenopausal female.[11] In the present case also there was 
unilateral ovarian leiomyoma with concomitant uterine leiomyoma 
presented with heavy menstrual bleed in a perimenopausal 

woman. A Few cases of  ovarian leiomyoma in pregnant females 
are also reported in the literature. However, the exact cause of  
ovarian leiomyoma is unknown, but it is thought that they arise 
from the smooth muscle and include ovarian hilar blood vessels, 
ovarian ligament, smooth muscle cells or multipotential cells in 
the ovarian stroma, undifferentiated germ cells, cortical smooth 
muscle metaplasia, smooth muscle metaplasia of  endometrial 
stroma, smooth muscle present in mature cystic teratomas, 
smooth muscle in the walls of  mucinous cystic tumor and 
metastasizing uterine leiomyoma to the ovary.[12,13] There are no 
pathognomonic symptoms or characteristic imaging findings, 
and hence, it is a diagnostic challenge for the clinicians, and is 
mostly misdiagnosed. Therefore, it should be considered in the 
differential diagnosis of  solid ovarian masses. Although, the 
treatment of  ovarian leiomyoma is surgical resection only, the 
malignant ovarian tumors are commoner than ovarian leiomyoma 
in all age groups, including the reproductive age group, and are 
associated with a poorer prognosis. Therefore, the decision of  
an ovary preserving surgery should be taken carefully after a 
meticulous evaluation, considering the possibility of  malignancy. 
An immunohistochemical analysis is recommended for definitive 
diagnosis. Leiomyoma is differentiated from fibroma‑thecoma 
by Masson trichrome stain and desmin as SMA is positive in the 
fibrous tumor also. Thecoma is positive for lipid stain and inhibin. 
In the present study, leiomyoma was within the ovary and was 
completely encircled by the ovarian capsule, with no adhesion to 
the uterus or fallopian tube along with multiple intramural and 
subserosal uterine leiomyomas. Lerwill MF et al.[14] found 22 cases 
of  ovarian leiomyoma out of  which 12 cases were associated with 
uterine leiomyomas with histological features similar to that of  
their uterine counterparts, similar to this study while Agarwal 
et al.,[5] stated that primary ovarian leiomyoma has to be entirely 
within the ovary only with no similar lesions in the uterus or 
elsewhere. In the present case, ovarian mass was positive for 
Masson trichrome, desmin, SMA, and l‑caldesmon [Figure 2], 
confirming the smooth muscle origin and ruling out the 
possibility of  fibroma and thecoma.

Conclusion

Leiomyoma is a benign mesenchymal tumor that is frequently 
seen in the uterus but it rarely occurs in the ovary. The diagnosis 
of  ovarian leiomyoma both preoperatively and intraoperatively is 
difficult because this condition is clinically indistinguishable from 
subserosal leiomyoma, ovarian fibroma, and other solid tumors 
of  the ovary. Therefore, to assess a primary ovarian spindle cell 
tumor more accurately, histopathological examination along with 
immunohistochemical analysis and special stain is recommended.
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Figure 5: Desmin (200X)

Figure 6: SMA (100X)

Figure 7: L-Caldesmon (100X)
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