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Case Report

An uncommon entity of primary ovarian fibroid: a case report
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ABSTRACT

Ovarian fibroid is a rare solid benign tumor that accounts for 0.5 to 1% of all benign ovarian tumors and
approximately 70 cases have been reported in literature till date. Most of these tumors are unilateral, small in size and
generally occur in premenopausal women. It is usually diagnosed incidentally during pelvic examination or
pathological examination after surgery. The origin of ovarian fibroid is still unresolved. We here in present a case of
31-year-old woman with primary infertility diagnosed to have right primary ovarian fibroid with an endometriotic
cyst in the same ovary presenting with pain abdomen. She underwent laparoscopic tumor resection with cystectomy.
Ovarian fibroid was confirmed by immunohistochemical study. Despite its rarity, ovarian fibroid should be
considered in the differential diagnosis of ovarian spindle cell tumors. This is a rare case of primary ovarian fibroid
with review of literature, especially highlighting the need for conservative ovary-preserving surgery in reproductive

age group women.
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INTRODUCTION

Ovarian fibroids (ovarian leiomyomas), either primary or
parasitic in origin, account for about 0.5% to 1% of all
benign ovarian tumors.® In literature, reported cases are
between 17 and 79 years of age.>® Due to their rarity,
about 70 cases of primary ovarian fibroids have been
reported worldwide.! The majority of these tumors are
discovered incidentally, with about 80% of the cases
occurring in premenopausal women.* Patients are usually
asymptomatic, and the tumor is most commonly
diagnosed unintentionally by histological examination
and confirmed by immunohistochemical analysis.> Most
of these tumors are unilateral, measure only few
millimeters in diameter. They probably arise from smooth
muscle cells in the ovarian hilar blood vessels but other
possible origins include cells in the ovarian ligament,
smooth muscle cells or multipotential cells in the ovarian
stroma, undifferentiated germ cells, or cortical smooth
muscle metaplasia.”® We here in describe a case of 31

years old lady with right ovarian fibroid with
endometriotic cyst in the same ovary, which was
managed conservatively by laparoscopic tumor resection
and endometriotic cystectomy. We have also reviewed
the existing available literature on this rare tumor.

CASE REPORT

A 31 years old lady with primary infertility (married for 8
years) presented with history of right lower abdominal
pain on and off since 1 month to our hospital. She had a
normal menstrual pattern. On examination, a mobile,
non-tender mass separate from the uterus was felt in the
right fornix. On transvaginal ultrasound, right adnexal
solid mass which was well circumscribed with
homogeneously isoechoic pattern and with no
pathological blood flow pattern in Doppler was identified
(Figure 1). Pre-operatively, our provisional diagnosis was
of subserosal or broad ligament fibroid. She was operated
for both infertility and abdominal pain. On laparoscopy, a
solid, irregular in shape, firm mass, with well-defined
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margins and smooth surface arising from right ovary
measuring about 6 x 4 cm was visualized, distinctly
separate from the uterus with no adhesions or infiltration
to the surrounding structures (Figure 2). There was also a
small endometriotic cyst measuring about 1 x 1.5 cm in
the same ovary, just adjacent to the mass (Figure 3). We
proceeded with laparoscopic resection of right ovarian
mass in the endobag keeping in mind the solid lesions of
ovary including malignancy thereby preventing spillage
of malignant cells and also endometriotic cystectomy
(Figure 4 — 6). Both specimens were sent for pathological
examination (Figure 7). On cut section, the ovarian mass
showed (SOlId in consistency) greyish_white whorled Figure 3: Infiltration of dilute vasopressin between
areas (Figure 8). Microscopically, it showed a normal the tumour and the overlying ovarian tissue.
ovarian tissue with smooth muscle cells separated by
connective tissues and no significant  mitosis,
pleomorphism or necrosis was noted (Figure 9). The
tumor cells were diffusely and strongly positive for
desmin confirming the diagnosis of ovarian leiomyoma
(Figure 10). The lumen of the endometriotic cyst was
covered with cuboidal epithelial cells without signs of
atypia, surrounded by endometrial-type stroma. There
were hemosiderin laden macrophages and extravasated
red blood cells in the vicinity of the cyst (Figure 11).

Figure 4: Introduction of the whole ovary into the
endobag before resection.

Figure 1: Transvaginal ultrasound image showing the
right adnexal mass (ovarian fibroid) adjacent to the
uterus.

Figure 5: Resection of the tumour completely inside
the endobag.

Figure 2: Laparoscopic view of right ovarian fibroid
seen separately from the uterus along with right
ovarian endometriotic cyst. Figure 6: Reconstruction of the right ovary after
tumour resection and cystectomy.
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Figure 7: Gross appearance of ovarian fibroid (6 x 4
cm) and endometriotic cyst (1.5 x 1 cm).

Figure 8: Cut section of ovarian fibroid showing
greyish-white whorled areas.

Figure 9: Microscopic view of ovarian fibroid showing
smooth muscle cells separated by connective tissues
(45x).

Figure 10: Tumour cells showing diffuse strong
positivity for desmin (Immunohistochemical analysis
—100x).
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Figure 11: Microscopic view of endometriotic cyst
(45x).

DISCUSSION

A primary fibroid of the ovary is a very rare case and
approximately 70 cases are reported in the literature since
Sangalli first described this tumor in 1862. Even though
the cases have reported that primary ovary fibroid
occurred in postmenopausal women, most primary
ovarian fibroids were reported in premenopausal women.’
However, postmenopausal patients represent
approximately 16% of cases.'® All relevant articles on
ovarian fibroid were taken from Medline and Cochrane
database for review.

The size of primary ovarian fibroid is usually <3 cm, the
size of the tumor is relatively large in our case [9]. They
may also reach big size up to 11 kg. Most of these tumors
are unilateral. Interestingly, most of the bilateral cases are
diagnosed in young patients. The oldest age reported in a
bilateral case is 35 years.'""*?

Ovarian fibroids are mainly asymptomatic and are
discovered accidentally during pelvic examination or
imaging or operation for uterine fibroid or other
pathologies.”* A rare presentation was reported by Kurai
et al., who reported fibroid of the ovary presenting with
Meigs syndrome, which disappeared after removal of the
ovary.> Other rare presentations have included acute
abdominal pain mimicking appendicitis, lower abdominal
mass, ascites with hydrothorax, ascites with polymyositis,
ascites with elevated CA125 or even hydronephrosis as a
consequence of its huge size."*'**® Qvarian fibroid often
may be misdiagnosed preoperatively as pedunculated
uterine myoma, ovarian fibroma or even ovarian
endometrioma. The presence of normal ovarian tissue
beside the tumor confirms the ovarian origin of the tumor
and excludes tumors of other origins, such as leiomyoma
of broad ligament or a subserous leiomyoma that grew
large and lost its attachments to the uterus (wandering
leiomyoma).'**°

Because of the rarity of the condition, primary ovarian
fibroids are not diagnosed initially by ultrasonography or
radiography. Ultrasound has been well documented as the
best diagnostic modalities for pelvic organ masses, but in
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ovarian fibroids, it is difficult to distinguish ovarian
fibroids from other ovarian tumors. Even on CT of
abdomen and pelvis, it is difficult to distinguish ovarian
fibroids from other ovarian masses, and sometimes, the
ovarian mass is reported as a malignancy.?

The histogenesis of ovarian fibroid is not well known.
Some theories hypothesize that the tumor may originate
from hilar blood vessels, smooth muscle metaplasia of
ovarian stroma, or smooth muscle-like theca externa
cells.”® Its association with uterine fibroid may suggest
that they share the same mechanisms of development.
This theory is explained by the rapid growth of such
tumors during pregnancy and their positivity for estrogen
and/or progesterone receptors.”> Ovarian fibroid are
concomitantly seen with uterine fibroid (78%), that
suggest an identical hormonal stimulation.?** The
literature has reported that many patients with ovarian
fibroids are nulligravida. This also suggests that
oestrogen may play a role in the development of ovarian
fibroids.? Tomas et al. have suggested that ovarian fibroid
could arise from smooth muscle metaplasia of
endometriotic stroma, or it could be derived from
myofibroblasts that originate from metaplastic ovarian
stromal cells present in the rim of the endometriotic cyst
especially if the tumor was associated with endometriosis
or endometriotic cysts."

Apart from fibroid there are other ovarian tumors that
show a spindle cell microscopic appearance. Fibroma is
the most common ovarian spindle cell neoplasm, but
other neoplasms of the sex cord-stromal group may
contain spindle cells and the differential diagnoses may
include thecoma, granulosa cell tumor, Sertoli-Leydig
cell tumor, sclerosing stromal tumor, and signet-ring
stromal tumor.”> To confirm the diagnosis and rule out
other causes the immunohistochemical staining with
desmin, inhibin, and a-smooth muscle actin (a-SMA) or
histochemical staining with Masson's trichrome should be
done. The leiomyoma cells will stain with Masson's
trichrome, desmin a-SMA and h-caldesmon.?

Sometimes it may be difficult to differentiate between
ovarian fibroid and ovarian fibroma, but Lerwill et al
concluded in their study that smooth muscle tumors show
diffuse desmin reaction while fibromatous tumors show
either negativity or focal positivity with desmin.* Also,
smooth muscle actin is often positive in fibromatous
tumors, so it is not useful to differentiate between the two
tumors.*® Malignant potential is suspected if the tumor is
huge, despite its benign microscopic picture.®* Cellular
thecoma could be also considered in differential
diagnosis but they express a-inhibin and calretinin and do
not express smooth muscle actin.**%

A similar case of ovarian adenomyoma associated with
endometriotic cyst was described by McDougal and
Roth.?® An adenomyoma presenting outside the uterus is
an extremely rare entity. Adenomyoma is a circumscribed
tumor like mass consisting of endometroid glands,
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stroma, and smooth muscle tissue.”®*" In our case after
taking multiple sections of the specimen, it showed no
any additional stromal or glandular element in tumor and
diagnosis of adenomyoma was excluded. Fukunaga
showed that smooth muscle metaplasia in ovarian
endometriosis is not a rare event and that its frequency
was about 18%.%

Ovarian fibroid must be also differentiated from
leiomyosarcoma but due to its rarity these tumors
histological features of malignancy have not been well
defined. Pathologists have traditionally used criteria that
stress on the mitotic count, but it is evident that some
other criteria, such as cytological atypia and tumor
necrosis must be used when considering the possibility of
malignancy in a smooth muscle tumor Spindle cell
carcinoma, and metastatic gastrointestinal stromal tumors
also should be excluded in case of large tumors,'*22%%
Lerwill et al., described smooth muscle tumors of ovary
exhibiting the same varied histological spectrum as their
uterine counterparts. However, unlike the case with
uterine fibroids, the histological features of malignancy
for ovarian smooth muscle tumors have not been well
defined.?*?

A common surgical approach to ovarian fibroids in
middle-aged to elderly patients is hysterectomy in
conjunction with bilateral salpingo-oophorectomy. Most
of the patients undergo salpingo-oophorectomy or
oophorectomy with or without hysterectomy despite the
young age of affliction, and only minor of patients are
submitted to an ovary-preserving surgery. Wei et al.
reported a case in which pedunculated unilateral ovarian
fibroid and in which ovarian preservation was possible.’
In our case also, we performed laparoscopic resection of
the tumor only (ovary-preserving surgery) thus
preserving fertility. Patient is doing well, abdominal pain
has subsided now.

All cases of ovarian fibroids demonstrate an excellent
prognosis without recurrence despite the active mitosis
observed in the tumor.** Therefore we all should make a
best possible effort to perform less invasive surgery,
particularly in young women, to preserve fertility.*
Indeed, it has been suggested that endoscopy be the
approach of choice because of its acknowledged
advantages, including minimal  trauma, superb
visualization, low incidence of complications, reduced
chances of adhesion formation, rapid recovery &
cosmetic effect.

CONCLUSIONS

Thyroid storm is an acute, life-threatening, hyper
metabolic state in individuals with thyrotoxicosis.
Diagnosis is primarily clinical, and no specific laboratory
tests are available. Several factors may precipitate the
progression of thyrotoxicosis to thyroid storm. Because
thyroid storm is almost invariably fatal if left untreated,
rapid diagnosis and aggressive treatment is fundamental
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in limiting the maternal, fetal and neonatal morbidity and
mortality associated with this condition.
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