International Journal of Surgery Case Reports 83 (2021) 106006

Contents lists available at ScienceDirect

INTERNATIONAL
JOURNAL OF

RGERY
ASE
International Journal of Surgery Case Reports CEEORTS

ELSEVIER

journal homepage: www.elsevier.com/locate/ijscr
Case report ' :.)
A case of ovarian mucinous cystadenoma in a child that recurred 1 year

after surgery

Ayaka Fujishima Y Yukiyo Kumazawa, Kazue Togashi, Hiromitsu Shirasawa, Wataru Sato,
Yukihiro Terada

Department of Obstetrics and Gynecology, Akita University Graduate School of Medicine, Akita, Japan

ARTICLE INFO ABSTRACT

Keywords: Introduction and importance: In children, mature cystic teratomas are the most common ovarian tumors. Mucinous

Mucinous cystadenoma cystadenomas are rarely seen. Further, the recurrence of mucinous cystadenomas is very rare. This report de-

Recurrence scribes a case of ovarian mucous cystadenoma in an adolescent that recurred 1 year after surgery.

Children . . . . . . .

L Case presentation: A 13-year-old patient, with a sizable ovarian tumor underwent laparoscopic-assisted cys-
aparoscopy

tectomy. On histopathology, the tumor was diagnosed to be an ovarian mucinous cystadenoma. The mucinous
cystadenoma recurred 13 months after surgery and subsequently laparoscopic right adnexectomy was performed.
Clinical discussion: It has been reported that intraoperative cyst rupture and cystectomy instead of adnexectomy
are risk factors for mucinous cystadenoma recurrence. Close follow-up is required for post-cystectomy patients
because of the possibility of recurrence.

Conclusion: The risk of recurrence and the preservation of fertility should be carefully considered when deciding
on treatment in young patients with a mucinous cystadenoma.

Case report

1. Introduction

Ovarian tumors in children are relatively rare, occurring at a rate of
2.6 per 100,000 girls per year. Most ovarian tumors in children are
benign [1-3]. Ovarian tumors in children are more common in the
10-15-year age group, with mature cystic teratoma being the most
common [2,3]. Mucinous cystadenoma accounts for 12-15% of all
ovarian tumors in Europe and the United States, 20-23% in Japan, and
up to 75-80% of all mucinous tumors. The peak incidence of mucinous
cystadenoma occurs between 30 and 50 years of age; however, they
rarely occur in children and adolescents [4,5]. Recurrent mucinous
cystadenoma is rare [6,7]. This report describes a case of ovarian mu-
cous cystadenoma in an adolescent that recurred 1 year after surgery.
This report has been reported in line with the SCARE 2020 criteria [8].

2. Presentation of case
A 13-year-old presented to our hospital as a referral. She experienced

menarche at age 11, and her menstrual cycle was irregular. No medical
history, medication history, or allergies were noted. At age 12, she had

presented to another hospital with complaints of abdominal distension
for 6 months duration. Computed tomography and magnetic resonance
imaging (MRI) showed a 30 cm polycystic ovarian tumor (Fig. 1). Levels
of the tumor markers CA125, CA19-9, carcinoembryonic antigen (CEA),
alpha fetoprotein, and lactate dehydrogenase were within the normal
range.

Laparoscopic-assisted cystectomy was performed. A 3-cm transverse
incision was made in the lower abdomen. The contents of the ovarian
tumor were aspirated and some of the tumor was moved out of the body
through the incision, and the tumor was enucleated. The same proced-
ure was repeated. The tumor originated from the right ovary and con-
tained 5,575 mL of clear yellow serous and mucinous fluid. The tumor
and a thin portion of the ovarian cortex were removed. Some contents
leaked into the abdominal cavity during surgery. Three ports were
inserted through the wound, and laparoscopic surgery was performed.
The intra-abdominal space was washed with saline solution. The histo-
pathological diagnosis was mucinous cystadenoma of the right ovary,
with included normal ovarian tissue. Recovery was uneventful, and she
was discharged from the hospital on the third postoperative day as
usually and was scheduled for follow-up 1 year later.

Abbreviations: MRI, magnetic resonance imaging; CEA, carcinoembryonic antigen.
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At 13 months after surgery, she visited her previous doctor because
of abdominal pain. She was referred to our hospital because MRI
revealed a 24 cm mass that was suspected to be recurrence of mucinous
cystadenoma of the right ovary (Fig. 1). CA125 levels were slightly
elevated: 56.4 U/mL, CA19-9 and CEA were within the normal range.

We gave the patient and her parents detailed explanations and psy-
chological counseling about the procedure, the risk of recurrence, and
the associated fertility on several occasions. The patient finally opted for
adnexectomy, did not wish to undergo oocyte cryopreservation. Right
adnexectomy was performed by a single incision laparoscopic surgery at
the navel (Fig. 2).

The tumor contained 2950 mL of mucinous fluid. The histopatho-
logical diagnosis was ovarian mucinous cystadenoma (Fig. 3). She was
discharged from the hospital on the third postoperative day. We follow
her up every 3 to 6 months, with consultation and counseling, to check
for tumor recurrence in the contralateral healthy ovary and to monitor
ovarian function.

(A)

(B)
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3. Discussion

There is limited data on the recurrence of ovarian mucinous cyst
adenomas. A literature search resulted in 10 cases from the first report in
2001 to the present [3,6,7,9-13] with 3 patients aged less than 20 years.
The time to recurrence was less than 1 year in seven patients and less
than 2 years in nine patients. Cystectomy was performed in all but one
patient for which details were not available. Cowan et al. reported 14
cases of mucinous cyst adenoma in children and adolescents, but no
recurrence [14].

Ben-Ami et al. revealed that recurrence after ovarian mucinous
cystadenoma enucleation is significantly higher than with adnexectomy
and that the risk of recurrence is related to intraoperative tumor rupture.
Factors that may contribute to the risk of intraoperative tumor rupture
include surgical procedure, surgeon proficiency, tumor size, and tech-
nical difficulties associated with pelvic adhesions from previous or
concomitant surgeries [6]. On the contrary, Mizrachi et al. suggest that
intraoperative cyst rupture and spillage of its content may not be asso-
ciated with recurrence [15]. It is unclear whether recurrence is related
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Fig. 1. (A, B) At the time of initial diagnosis, CT and MRI showed a large polycystic mass occupying the abdominopelvic cavity. (C) When the mucinous cystadenoma
recurred, CT and MRI revealed a polycystic mass in the abdominopelvic cavity. CT: computed tomography, MRI: magnetic resonance imaging.
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Fig. 2. (A) Three trocars were inserted into a small incision at the navel. (B) Laparoscopic view. Ut: uterus, Ov: Ovary.
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Fig. 3. (A) Macroscopic image of the adnexectomy specimen. (B) Microscopically, the cystic structure was lined with mucinous epithelium (hematoxylin and

eosin, x40).

to rupture of the cyst and spillage of contents during surgery.

Another important factor related to recurrence of mucinous cys-
tadenomas is whether the first surgical procedure included sufficient
surgical excision. In our case, pathological examination of the initial
surgical specimen revealed ovarian mucinous cystadenoma with normal
ovarian tissue. Tumor retraction is one hypothesis for recurrence, but
this did not occur in the present case. It may be possible that intra-
operative tumor rupture contributed to recurrence.

The surgical approach for ovarian cysts depends on the patient's age,
parity, cyst size and structure [16]. Since our patient had recurrence
within 1 year of surgery and the tumor was growing rapidly, the risk of
recurrence was considered to be high. Thus, we performed adnex-
ectomy. If she wanted to preserve her ovary, she would need stricter
follow-up. Recurrence in the contralateral ovary has also been reported
in the past [3,7]. Regular follow-up was recommended in this case. At
the time of recurrence in the contralateral ovary, the choice of surgical
technique and oocyte cryopreservation for preservation of fertility
should be considered.

4. Conclusion

In conclusion, post-cystectomy patients require close follow-up
regardless of tumor type, due to the possibility of recurrence. In
particular, the risk of recurrence and preservation of fertility should be
comprehensively considered when deciding on a course of treatment for
ovarian mucinous cystadenoma in young patients.
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