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Abstract 

Background  Diagnosing non-gestational uterine choriocarcinoma in children is challenging because of its rarity 
and nonspecific imaging findings. Herein, we report a case of non-gestational uterine choriocarcinoma in a child, 
which was unexpectedly found during exploratory laparotomy and confirmed by histopathological findings. How-
ever, the tumor did not respond to chemotherapy.

Case presentation  An Indonesian 4-year-old female was brought into the emergency unit with chief complaint 
of vaginal bleeding. She had suffered from vaginal spotting four months before being admitted to the hospital. Physi-
cal examination revealed a distended abdomen in the left lumbar region and a palpable fixed mass with a smooth 
surface. Abdominal computed tomography scans revealed a large mass (10 × 6 × 12 cm) with fluid density and cal-
cification. Thus, we suspected left ovarian teratoma. The patient’s luteinizing hormone, follicle-stimulating hormone, 
and lactate dehydrogenase levels were 25.2 mIU/ml, 0.1 mIU/ml, and 406 U/l, respectively. According to the clini-
cal and radiological findings, we decided to perform an exploratory laparotomy and found a tumor originating 
from the uterus, not the ovarium. We did not observe liver nodules and any enlargement of abdominal lymph nodes. 
Subsequently, we performed hysterectomy. The histopathological findings supported the diagnosis of choriocarci-
noma. The patient was discharged uneventfully on postoperative day five. Thereafter, the patient underwent nine 
cycles of chemotherapy, including carboplatin (600 mg/m2 IV), etoposide (120 mg/m2 IV), and bleomycin (15 mg/m2 
IV). However, based on the clinical findings of a palpable mass and partial intestinal obstruction, the tumor relapsed 
soon after the ninth cycle of chemotherapy. Currently, the patient is undergoing chemotherapy again.

Conclusions  Although pure non-gestational uterine choriocarcinoma is rare, it should be considered as one 
of the differential diagnoses for intra-abdominal tumors in a child, so as to better guide and counsel families regard-
ing the surgical plan and prognosis, respectively. In the present case, the patient’s response to chemotherapy 
was poor, implying that the treatment of non-gestational choriocarcinoma is still challenging, particularly in the pedi-
atric population.
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Background
Gestational choriocarcinoma (GC) is a malignant tumor 
that frequently develops in the uterus during pregnancy. 
Its clinical diagnosis is relatively easy because of the sig-
nificant association between pregnancy and high levels of 
β-human chorionic gonadotropin (β-hCG) [1]. However, 
diagnosing non-gestational uterine choriocarcinoma in 
children is challenging because of its rarity and nonspe-
cific imaging findings [2].

GC and non-gestational GC (NGC) have different 
prognosis, with the latter having poorer prognosis [1]. 
Herein, we report a case of non-gestational uterine cho-
riocarcinoma in a child, which was unexpectedly found 
during exploratory laparotomy and confirmed by his-
topathological findings. However, the tumor did not 
respond to chemotherapy.

Case presentation
An Indonesian 4-year-old female was brought into the 
emergency unit with chief complaint of vaginal bleed-
ing. She had suffered from vaginal spotting four months 
before being admitted to the hospital and lost 4  kg in 
weight. No family history of cancer was noted. Physical 
examination revealed a distended abdomen in the left 
lumbar region and a palpable fixed mass with a smooth 
surface. Abdominal computed tomography (CT) scans 
revealed a large mass (10 × 6 × 12 cm) with fluid density 

and calcification. Thus, we suspected left ovarian tera-
toma (Fig. 1a). The patient’s luteinizing hormone, follicle-
stimulating hormone, and lactate dehydrogenase levels 
were 25.2 mIU/ml, 0.1 mIU/ml, and 406 U/l, respectively. 
Unfortunately, we could not obtain β-hCG data preop-
eratively. According to the clinical and radiological find-
ings, we decided to perform an exploratory laparotomy 
and found a tumor originating from the uterus, not the 
ovarium (Fig. 1b). We did not observe liver nodules and 
any enlargement of abdominal lymph nodes. Subse-
quently, we performed hysterectomy. Histopathological 
examination showed that the tumor comprised diffusely 
infiltrative atypical intermediate trophoblasts, cyto-
trophoblasts, and syncytiotrophoblasts, with numerous 
mitotic figures. There were significant hemorrhage and 
necrosis, and chorionic villi were absent. Immunohis-
tochemistry examination revealed diffuse cytoplasmic 
expression of cytokeratin AE1/AE3 and focal cytoplas-
mic expression of human chorionic gonadotropin, par-
ticularly in syncytiotrophoblasts. In addition, the tumor 
showed a proliferative index of 74% (Fig. 2). The results 
of CD30 immunostaining were negative, excluding the 
differential diagnosis of embryonal carcinoma. Thus, the 
final diagnosis was uterine choriocarcinoma.

The patient was discharged uneventfully on postop-
erative day five. Thereafter, the patient underwent nine 
cycles of chemotherapy, including carboplatin (600  mg/

ba

Fig. 1  a Abdominal computed tomography scan showing a large mass (10 × 6 × 12 cm) with fluid density and calcification (red arrow), leading 
to the suspicion of left ovarian teratoma. b Intraoperative finding revealing a tumor originating from the uterus (blue arrow), not the ovarium
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m2 IV), etoposide (120  mg/m2 IV), and bleomycin 
(15  mg/m2 IV). However, based on the clinical findings 
of a palpable mass and partial intestinal obstruction, the 
tumor relapsed soon after the ninth cycle of chemother-
apy. Currently, the patient is undergoing chemotherapy 
again.

Discussion
NGC is usually found in the ovaries, rarely in the uterus 
[1]. NGC has been reported in children, particularly 
infants [3]. Most cases of infantile choriocarcinoma are 
metastasis from intraplacental choriocarcinoma to the 
fetus [3]. Infantile choriocarcinoma usually has an onset 
of one month [2]. Its typical symptoms include anemia, 
developmental delay, hepatomegaly, hemoptysis, or 
respiratory failure [3]. However, this is not the case for 
our patient. Our case presented vaginal bleeding as the 
first symptom at the age of four years. To the best of our 
knowledge, our case is the first report of uterine chorio-
carcinoma in a child, not an infant or neonate. Currently, 
30 cases of infantile choriocarcinoma have been reported 
[2].

Infantile choriocarcinoma is an exceedingly rare malig-
nant tumor. In a previous study, all 30 cases of infantile 
choriocarcinoma revealed elevated β-hCG levels [2]. 
However, the diagnosis of infantile choriocarcinoma is 
usually incorrect because of its rarity, nonspecific imag-
ing findings, and the absence of known maternal cho-
riocarcinoma [4, 5]. Unfortunately, the β-hCG level in 
our case was not determined because of limited hospital 
resources. Nevertheless, immunohistochemical analy-
sis of our case confirmed that the tumor cells expressed 
β-hCG in their cytoplasm (Fig. 2d).

The pathogenesis of NGC remains unclear. However, 
the following hypotheses have been proposed: (1) the 
retained totipotent germ cells undergo anomalous migra-
tion at the embryo stage, apoptosis failure occurs, and 
the cells change into a choriocarcinoma; (2) adult cells 
undergo dedifferentiation, resulting in different morpho-
logical cells, such as trophoblastic and non-trophoblastic 
cells [6, 7].
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Fig. 2  Microscopic examination showing that the tumor comprised 
diffusely infiltrative intermediate trophoblasts, cytotrophoblasts, 
and syncytiotrophoblasts (black arrow) and the presence 
of significant hemorrhage and necrosis (black arrowhead) [A 
hematoxylin–eosin, 40×]. The tumor cells show striking cytologic 
atypia (red arrow) [B hematoxylin–eosin, 400×]. Moreover, they 
diffusely express cytokeratin AE1/AE3 (yellow arrow) [C] and focally 
express β-human chorionic gonadotropin (red star) [D] in their 
cytoplasm on immunohistochemistry (400×). Ki-67 immunostaining 
[E] shows a high proliferative index (74%)
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Of note, the diagnosis of our case was unexpectedly 
determined during exploratory laparotomy. The preop-
erative diagnosis was missed because the CT scan sug-
gested that the tumor originated from the ovarium, not 
the uterus (Fig. 1a). These difficulties in establishing pre-
operative diagnosis might be because uterine choriocar-
cinoma is rare and disease onset did not occur during 
infancy. Moreover, infantile choriocarcinoma has a very 
poor prognosis, and delays in diagnosis result in a high 
mortality rate. Without appropriate management, the 
patient might die within three weeks after the first symp-
toms [8]. Moreover, we were unable to perform explora-
tory laparoscopy or magnetic resonance imaging (MRI) 
because of unavailability in our institution. MRI has sev-
eral advantages in evaluating pelvic mass, particularly in 
children, including incredible soft tissue contrast resolu-
tion and absence of ionizing radiation [9]. Furthermore, 
if a solid uterine mass is determined preoperatively, an 
ultrasound-guided tru-cut biopsy can be performed [10]. 
In addition, one differential diagnosis of our case is endo-
metrial cancer (EC) since most patients with EC suffer 
from abnormal bleeding from the vagina [11]. However, 
the symptom mostly occurs during the period of post-
menopause [11], which is not our case. They suggest 
examining the endometrial histopathology and MRI for a 
precise diagnosis [11].

Our patient did not respond to chemotherapy. NGC 
has been reported to be resistant to chemotherapy [12, 
13]. Moreover, a previous study showed that the survival 
rate of infantile choriocarcinoma is only 17% [2]. There is 
no standard treatment for NGC. Thus, NGC treatment is 
based on the management for GC [1]. Surgery is essential 
for NGC treatment since the neoplasm is derived from 
the patient [1].

Conclusion
Although pure non-gestational uterine choriocarcinoma 
is very rare, it should be considered as one of the differ-
ential diagnoses for intra-abdominal tumors in a child, so 
as to better guide and counsel families regarding the sur-
gical plan and prognosis, respectively. Moreover, in the 
present case, the patient’s response to chemotherapy was 
poor, implying that the treatment of NGC is still chal-
lenging, particularly in the pediatric population.

Abbreviations
β-hCG	� β-Human chorionic gonadotropin
CT	� Computed tomography
GC	� Gestational choriocarcinoma
MRI	� Magnetic resonance imaging
NGC	� Non-gestational choriocarcinoma

Acknowledgements
We thank all staff and nurses who were involved in the patient’s care. We 
are also thankful to Dr. Moh Nailul Fahmi (Universitas Gadjah Mada) and Dr. 

Ardhanu Kusumanto (Universitas Gadjah Mada) for the important discussion 
of the case.

Author contributions
G and FD conceived the study. G and ARF drafted the manuscript, and HTR 
critically revised the manuscript for important intellectual content. G, FD, RBP, 
PK, AER, ANS, and HTR facilitated all project-related tasks. All authors have 
approved the submitted version and have agreed on both to be person-
ally accountable for the author’s contributions and to ensure that questions 
related to the accuracy or integrity of any part of the work, even ones in 
which the author was not personally involved, are appropriately investigated, 
resolved, and the resolution documented in the literature.

Funding
Not applicable.

Availability of data and materials
All data generated or analyzed during this study are included in the 
submission.

Declarations

Ethics approval and consent to participate
This study was exempted by the Institutional Review Board of the Faculty of 
Medicine, Universitas Gadjah Mada/Dr. Sardjito Hospital, Yogyakarta, Indone-
sia, because of a case report. Written informed consent was obtained from the 
patients’ parents for participating in this study.

Consent for publication
Written informed consent was obtained from the patient’s legal guardian for 
publication of this case report and any accompanying images. A copy of the 
written consent is available for review by the Editor-in-Chief of this journal.

Competing interests
The authors declared no potential conflicts of interest concerning this article’s 
research, authorship, and/or publication.

Author details
1 Pediatric Surgery Division, Department of Surgery, Faculty of Medicine, 
University of Lampung/RSUD Abdul Moeloek, Bandar Lampung 35141, Indo-
nesia. 2 Pediatric Surgery Division, Department of Surgery, Faculty of Medicine, 
Public Health and Nursing, Universitas Gadjah Mada/Dr. Sardjito Hospital, Jl. 
Kesehatan No. 1, Yogyakarta 55281, Indonesia. 3 Department of Child Health, 
Faculty of Medicine, University of Lampung/RSUD Abdul Moeloek, Bandar 
Lampung 35141, Indonesia. 4 Department of Anatomical Pathology, Imanuel 
Way Halim Hospital, Bandar Lampung, Lampung 35141, Indonesia. 5 Depart-
ment of Anatomical Pathology, Faculty of Medicine, Public Health and Nursing, 
Universitas Gadjah Mada/Dr. Sardjito Hospital, Yogyakarta 55281, Indonesia. 

Received: 22 March 2024   Accepted: 15 June 2024

References
	1.	 Wang L, Wan Y, Sun Y, Zhang X, Cheng X, Wu M, Liu G. Pure non-gesta-

tional uterine choriocarcinoma in postmenopausal women: a case report 
with literature review. Cancer Biol Ther. 2019;20:1176–82.

	2.	 Blohm ME, Göbel U. Unexplained anaemia and failure to thrive as initial 
symptoms of infantile choriocarcinoma: a review. Eur J Ped. 2004;163:1–6.

	3.	 Rzanny-Owczarzak M, Sawicka-Metkowska J, Jończyk-Potoczna K, Gowin 
E, Sosnowska-Sienkiewicz P, Mańkowski P, Januszkiewicz-Lewandowska 
D. Simultaneous occurrence of choriocarcinoma in an infant and mother. 
Int J Environ Res Public Health. 2021;18:1934.

	4.	 van der Hoef M, Niggli FK, Willi UV, Huisman TA. Solitary infantile chorio-
carcinoma of the liver: MRI findings. Ped Radiol. 2004;34:820–3.

	5.	 Blohm ME, Calaminus G, Gnekow AK, Heidemann PH, Bolkenius M, 
Weinel P, Von Schweinitz D, Ambros PF, Schneider DT, Harms D, Göbel U. 
Disseminated choriocarcinoma in infancy is curable by chemotherapy 
and delayed tumour resection. Eur J Cancer. 2001;37:72–8.



Page 5 of 5Darmawan et al. Journal of Medical Case Reports          (2024) 18:323 	

	6.	 Horn LC, Hanel C, Bartholdt E, Dietel J. Serous carcinoma of the endome-
trium with choriocarcinomatous differentiation: a case report and review 
of the literature indicate the existence of 2 prognostically relevant tumor 
types. Int J Gynecol Pathol. 2006;25:247–51.

	7.	 Di Crescenzo V, Laperuta P, Napolitano F, Carlomagno C, Garzi A, Vitale 
M. An unusual case of primary choriocarcinoma of the lung. BMC Surg. 
2013;13:S33.

	8.	 Yoon JM, Burns RC, Malogolowkin MH, Mascarenhas L. Treatment 
of infantile choriocarcinoma of the liver. Pediatr Blood Cancer. 
2007;49:99–102.

	9.	 Pai DR, Ladino-Torres MF. Magnetic resonance imaging of pediatric pelvic 
masses. Magn Reson Imaging Clin N Am. 2013;21:751–72.

	10.	 Zikan M, Fischerova D, Pinkavova I, Dundr P, Cibula D. Ultrasound-guided 
tru-cut biopsy of abdominal and pelvic tumors in gynecology. Ultra-
sound Obstet Gynecol. 2010;36(6):767–72.

	11.	 D’Oria O, Giannini A, Besharat AR, Caserta D. Management of endometrial 
cancer: molecular identikit and tailored therapeutic approach. Clin Exp 
Obstet Gynecol. 2023;50(10):210.

	12.	 Balat O, Kutlar I, Ozkur A, Bakir K, Aksoy F, Ugur MG. Primary pure ovarian 
choriocarcinoma mimicking ectopic pregnancy: a report of fulminant 
progression. Tumori. 2004;90:136–8.

	13.	 Jiao LZ, Xiang Y, Feng FZ, Wan XR, Zhao J, Cui QC, Yang XY. Clinical analy-
sis of 21 cases of non-gestational ovarian choriocarcinoma. Int J Gynecol 
Cancer. 2010;20:299–302.

Publisher’s Note
Springer Nature remains neutral with regard to jurisdictional claims in pub-
lished maps and institutional affiliations.


	Challenges in the diagnosis and treatment of pure non-gestational uterine choriocarcinoma in a child: a case report
	Abstract 
	Background 
	Case presentation 
	Conclusions 

	Background
	Case presentation
	Discussion
	Conclusion
	Acknowledgements
	References


