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Summary

The authors report a unique case of a successful live birth in an infertile couple both with male factor (idiopathic hypogonadotropic hypog-
onadism, I[HH/azoospermia) and female factor [atypical polypoid adenomyoma (APA) of the uterus]. According to the history of ejaculation
disorder and low values of serum follicle stimulating hormone, luteinizing hormone, and testosterone concentration, an infertile man was
diagnosed with IHH. Gonadotropin therapy failed to produce ejaculated spermatozoa, but microdissection testicular sperm extraction was
successful for retrieval and cryopreservation of motile testicular spermatozoa. Meanwhile, in the course of infertility workup for his female
partner, fluid hysteroscopy detected multiple endometrial polypoid lesions in her uterine cavity. Hysteroscopic resection and histopathologic
examinations revealed that the lesions were APA. Repeated hysteroscopic and histopathologic examinations did not find any evidence of
the recurrence. She underwent controlled ovarian stimulation, oocyte pickup, and intracytoplasmic sperm injection using thawed testicular
spermatozoa. She had a pregnancy in the first frozen-thawed blastocyst transfer cycle and gave birth to a healthy baby.
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Introduction

Male idiopathic hypogonadotropic hypogonadism (IHH)
is recognized as inability to synthesize, secrete, or respond to
gonadotropin-releasing hormone, resulting in low male sex
steroids and low/normal gonadotropin levels, and oligoas-
thenozoospermia [1]. Meanwhile, atypical polypoid adeno-
myoma (APA) is a rare benign mixed epithelial and mes-
enchymal tumor of the uterus that potentially transforms into
endometrial adenocarcinoma and is occasionally identified
during the course of the infertility workup [2, 3].

Here, the authors report a unique case of an infertile couple
with male IHH/azoospermia along with APA of the uterus.
Gonadotropin therapy failed to produce ejaculated sperma-
tozoa, but microdissection testicular sperm extraction (mi-
cro TESE) was successful for retrieval and cryopreserva-
tion of motile testicular spermatozoa in the male partner.
Meanwhile, in the course of infertility workup for his female
partner, hysteroscopy detected multiple endometrial polypoid
lesions in her uterine cavity. Hysteroscopic resection and
histopathologic examinations revealed that the lesions were
APA. As repeated hysteroscopic and histopathologic exami-
nations did not find any evidence of the recurrence, she under-
went controlled ovarian stimulation (COS), oocyte pickup,
and intracytoplasmic sperm injection (ICSI) using thawed
testicular spermatozoa. She had a pregnancy in the first
frozen-thawed blastocyst transfer cycle and gave birth to a
healthy baby.

Case Report

A couple was referred to our clinic for infertility due
to ejaculation disorder of 40-year-old male partner for two
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years. He had a past history of urinary tract stone and his
physical examination was unremarkable. The blood exam-
ination demonstrated the low values of follicle-stimulating
hormone (FSH, 0.1 mIU/mL), luteinizing hormone (LH, 0.2
mlIU/mL), and testosterone (26.9 ng/dL). He was diagnosed
with IHH. Following one-month administration of recombi-
nant FSH and human chorionic gonadotropin agents, he be-
gan to produce semen samples. Repeated semen analyses,
however, failed to detect any spermatozoa in his ejaculates
during the course of 10-month hormone therapy. He under-
went micro TESE, which was successful for retrieval and cry-
opreservation of motile testicular spermatozoa.

His 32-year-old nulligravid female partner presented with-
out any health problems. In the course of infertility workup,
fluid hysteroscopy detected multiple endometrial polypoid
lesions in her uterine cavity. Hysteroscopic resection was
performed to remove the intrauterine polypoid lesions. Ac-
cording to the proliferation of irregularly-shaped endome-
trial glands, the formation of squamous morule within the
glands, and a prominent cellular, smooth muscle stroma,
the histopathologic diagnosis was APA. We performed the
second-look hysteroscopic and histopathologic examinations
in one month following the surgery and the third-look ex-
aminations in three months and did not find any evidence of
the recurrence. Due to the strong demand of the couple for
early resumption of infertility treatment, they proceeded to
oocyte pick-up cycle under a written informed consent. As
the female partner had a normal ovarian reserve with serum
anti-Mullerian hormone concentration 3.10 ng/mL and antral
follicle count 12, COS was started from day 3 of the cycle
using a gonadotropin-releasing hormone agonist short pro-
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tocol to prevent premature LH surge. Fifteen oocytes were
picked up on day 13 by ultrasound-guided transvaginal fol-
licular aspiration without a sign of ovarian hyperstimulation
syndrome. ICSI was performed using thawed testicular sper-
matozoa. Four blastocysts were obtained in embryo culture
and cryopreserved in liquid nitrogen. She had a pregnancy
in the first frozen-thawed embryo transfer cycle without any
obstetrical complications. Any particular maternal complica-
tions were not seen in the course of the pregnancy. She gave
birth to a 2,900 g healthy boy at 37 weeks of gestation by
elective caesarean section due to breech presentation.

Discussion

To our best knowledge, no studies reported infertile cou-
ples with APA along with male IHH. In this report, the authors
provide a case where IHH was identified in an infertile man
with ejaculation disorder and APA was incidentally found in
his female partner during the course of infertility workup fol-
lowing motile spermatozoa retrieval by micro TESE. Suc-
cessful pregnancy was achieved in assisted reproductive tech-
nology using thawed testicular spermatozoa.

Approximate 30 cases with successful live birth are liter-
ally identified in women with a history of APA [4-10]. Pre-
vious studies utilized uterus-conserving surgery such as en-
dometrial curettage or hysteroscopic resection for women de-
siring babies, along with hormonal treatment with high-dose
medroxyprogesterone acetate (200-600 mg/day) [4, 5]. The
reported persistence and/or recurrence rate of APA following
hysteroscopic resection (10.0%) is lower than that following
endometrial curettage (23.8%-44.8%) [6-10]. The authors
did not find any evidence of the recurrence in the second-
and third-look hysteroscopic/histopathologic examinations.

Due to the strong demand of the couple for early resump-
tion of infertility treatment, they proceeded to assisted repro-
ductive technology under written informed consent. As the
female partner had a normal ovarian reserve, gonadotropin-
releasing hormone agonist short protocol was adopted to pre-
vent premature LH surge in the COS/oocyte pick-up cycle,
which resulted in successful retrieval of 15 oocytes without
ovarian hyperstimulation syndrome and four blastocysts in
ICSI treatment and subsequent embryo culture. She con-
ceived in the first frozen-thawed embryo transfer cycle with-
out any obstetrical complications and gave birth to a healthy
baby.

In this report, we provided a rare case of an infertile cou-
ple with both male (IHH/azoospermia) and female (APA of
the uterus) factors. Gonadotropin therapy failed to obtain
spermatozoa in ejaculates during 10-month hormone therapy,
but micro TESE was successful to retrieve motile testicular
spermatozoa. Meanwhile, APA was incidentally found in the
histopathological examinations following hysteroscopic re-
section of endometrial polypoid lesions. A successful live
birth was achieved in COS, oocyte pickup, ICSI and frozen-
thawed blastocyst transfer using thawed testicular spermato-
zoa.
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