A Case of Uterine Tumor Resembling
Ovarian Sex Cord Tumor Treated with
Uterine Wedge Resection
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Amag: Amag: Overin seks kord tiimériine benzeyen uterin timaér (OSKTBUT) nadir gérdilen bir uterus timaorudir. Patolojik olarak
daha agresif seyreden ve sag kalimi daha kotl olan seks kord elemanlari olan endometrial stromal timorlerden ayrilmalidir.
Histerektomi + ooferektomi tercih edilen tedavi sekli olsa da son yillarda genc hastalarda fertilite koruyucu cerrahi uygulanmaya
baslanmistir. Tumorin histeroskopik rezeksiyonu en sik uygulanan yaklagimdir. Bildigimiz kadariyla bu olgu uterin kama
rezeksiyonu ile tedavi edilen ilk OSKTBUT vakasidir.

Olgu: 26 yasinda, nulligravid, menometroraji sikayeti ile basvuran hastada 4 cm submiikéz myom tespit edilmistir. Abdominal
myomektomi yapilan hastanin patoloji sonucu OSKTBUT olarak raporlanmistir. Kontrol ultrasonografi ve PET/BT’sinde uterusta
stpheli lezyon saptanan hastaya uterin kama rexeksiyonu yapilmis ve temiz cerrahi sinir elde edilmistir. Hasta 6 yildir hastaliksiz
takip edilmektedir.

Tartisma: OSKTBUT genelde ileri yasta gorulmektedir. Tumorin disiuk malignite potansiyeli oldugundan geng, fertilite istegi
olan hastalarda uterus koruyucu cerrahi uygulanabilmektedir. Fertilite koruyucu yaklasimlarin guvenilirligini ve sonugclarini
desteklemek icin daha fazla vakaya ihtiyag vardir.

Anahtar sozciikler: Overin seks kord timoriine benzeyen uterin timor, fertilite koruyucu cerrahi

ABSTRACT

Introduction: Uterine tumor resembling ovarian sex cord tumors (UTROSCT) are infrequent forms of uterine tumors. It should be
distinguished from endometrial stromal tumors with sex cord like elements (ESTSCLE) since the latter one is more aggressive and
the outcome is poorer. Hysterectomy with or without adnexectomy is the preferred choice of treatment. Fertility preserving treat-
ment options are seen more commonly in the last decade for young patients. Hysteroscopic resection of the tumor is the most
frequent approach. To our knowledge this is the first case of UTROSCT who was treated with uterine wedge resection.

Case: We describe here a case of 26-year-old nulligravid woman with menometrorrhagia whose ultrasonographic examination
revealed 4 cm submucous myoma. Abdominal myomectomy was done but the pathological result was UTROSCT. An abnormal
lesion was detected in her control ultrasonography and PET/CT. She then underwent uterine wedge resection with clear surgical
margins. She is being followed up for 6 years with no evidence of disease.

Discussion: UTROSCT is usually seen in elderly women. Conservative management can be an option for younger women who
have fertility desire. It seems like it is an acceptable choice since the tumor has low malignant potential. More cases are needed to
support the safety of fertility preserving treatment and the outcome.

Keywords: Uterine tumors resembling ovarian sex cord tumors, fertility preservation

Gelis Tarihi: 19/02/2018 Kabul Tarihi: 20/10/2018

'iDuygu Altin, Salih Taskin2, Firat Ortac?

Ankara University School of Medicine, Department of Obstetrics and Gynecology

Corresponding Author: Dr. Duygu Altin
Ankara University School of Medicine Department of Gynecology and Obstetrics
06620, Cebeci, Ankara, TURKEY

Phone: +90 312 595 6839, +90 535 676 6125
E-mail: duyguo@ada.net.tr



24 « A Case of Uterine Tumor Resembling Ovarian Sex Cord Tumor Treated with Uterine Wedge Resection

Introduction

Uterine tumor resembling ovarian sex cord tumors
(UTROSCT) are infrequent forms of uterine tumors.
It should be distinguished from endometrial stromal
tumors with sex cord like elements (ESTSCLE) since
the latter one is more aggressive and the outcome
is poorer. These two tumors were distinguished
by Clement and Scully in 1976 after it was first
described by Morehead and Bowman in 1945 (1).
The World Health Organization defines UTROSCT as
miscellaneous tumors and ESTSCLE as a rare variant
of endometrial stromal tumors. Hysterectomy with
or without adnexectomy is the preferred choice of
treatment. Fertility preserving treatment options are
seen more commonly in the last decade for young
patients since these tumors have low malignant
potential (2). Hysteroscopic resection of the tumor is
the most frequent approach. To our knowledge this is
the first case of UTROSCT who was treated with uterine
wedge resection.

Case

A 26-year-old nulligravid woman presented with
menometrorrhagia to a different hospital. She had no
remarkable medical history. Ultrasound examination
revealed 4 cm submucous myoma at uterine
fundus. Abdominal myomectomy was performed.
Unfortunately, pathological examination revealed
uterine tumor resembling ovarian sex cord tumor. The
tumor was yellow macroscopically and characterized by
epitheloid cylindrical cells in solid architecture which
resembled sex cord stromal tumors of ovary (Figure 1).
Immunohistochemistry showed positive staining with
calretinin, CD99, vimentin and AE1/AE3 cytokeratins

(Figure 2). Since the pathological result was UTROSCT,
she was then referred to our hospital. A 12 mm lesion
was detected at uterine fundus in ultrasonography. In
PET/CT, the same lesion had also pathological uptake
(SUVmax:3.9). She then underwent uterine wedge
resection with clear surgical margins. No adjuvant
treatment was given and she had regular surveillance
visits. She is being followed up for 6 years with no
evidence of disease.

Discussion

UTROSCT is usually seen in elderly women. The
mean age at the time of diagnosis is 52.2+18.2 years
(3). Although it can be asymptomatic, patients usually
present with abnormal vaginal bleeding followed by
pelvic pain (4). Preoperative diagnosis is difficult
since it mimics endometrial polyp or myoma uteri in
ultrasound and most of the patients were operated
with these presumed diagnoses. UTROSCT is usually
diagnosed postoperatively with histomorphologic
features and immunohistochemistry study. Most of the
patients are treated with hysterectomy with or without
adnexectomy. Since these tumors are of low malignant
potential, no further treatment is given usually and
patients are followed up regularly with diagnostic
imaging modalities.

Fertility sparing surgery for young patients had
been reported by some authors (2, 3, 5, 6). Most of
them are done by resectoscope and some by abdominal
myomectomy. 5 patients were able to conceive after
fertility sparing surgery and 3 of them delivered healthy
babies (2, 3, 5). Pregnancy outcomes of other two
patients couldn’t be obtained. One of these patients was
even able to conceive after the second uterus sparing
surgery due to recurrence of UTROSCT (2).

Figure 1. Granulosa-like neoplastic cells forming tubules and on right side area with retiform pattern (H&E,10x). b.
Foamy cell groups (H&E, 20x).
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Figure 2. Calretinin positive tumor cells. b. CD99 positive tumor cells.

To best of our knowledge, 5 of the patients who had
undergone hysterectomy and 4 of the patients who had
fertility sparing surgery had recurrences (2, 4, 6, 7).
Incomplete resection of the tumor can be one of the
reasons for recurrences in patients who had fertility
sparing surgery. Therefore, wide excision with enough
clear margins such as in our case can be done in order
to lower recurrence rates. Surgeons should also be
cautious for surgical spill which may be the reason for
recurrence in one patient (2).

Infiltrative border, vascular invasion, frequent
mitotic figures, serosal rupture, stromal predominance
and cytological atypia are found to be associated
with recurrence (8). In another study, risk factors for
recurrence were found to be pelvic pain at the time
of diagnosis, tumor size 10 cm or greater, presence
of cervical/extra-uterine disease and lymphovascular
space invasion (4).

Conservative management can be an option for
younger women who have fertility desire. It seems
like it is an acceptable choice since the tumor has low
malignant potential. More cases are needed to support
the safety and outcome of fertility preserving treatment.
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