Cureus

Report

Review began 10/02/2023
Review ended 10/09/2023
Published 10/16/2023

© Copyright 2023
Al-Shammaa et al. This is an open access
article distributed under the terms of the

Creative Commons Attribution License CC-

BY 4.0., which permits unrestricted use,
distribution, and reproduction in any
medium, provided the original author and
source are credited.

Open Access Case

DOI: 10.7759/cureus.47163

Thyroid Carcinoma Arising From Struma Ovarii
at Adolescence: A Challenging Case With
Favorable Outcome

Mohamed Al-Shammaa ! , Ahmed Abdlkadir 2, Dhuha Al-Adhami 2, Ali Jawad ° , Akram Al-Ibraheem 2 *

1. Nuclear Medicine, Baghdad Radiotherapy and Nuclear Medicine Hospital, Baghdad, IRQ 2. Nuclear Medicine and
Positron Emission Tomography/Computed Tomography, King Hussein Cancer Center (KHCC), Amman, JOR 3.
Rheumatology, Royal London Hospital, London, GBR 4. Medicine, University of Jordan, Amman, JOR

Corresponding author: Akram Al-Ibraheem, akramalibrahim@gmail.com

Abstract

Malignant struma ovarii (MSO) is a rare and aggressive ovarian tumor that mostly affects adults but can
occur in adolescents. Prompt recognition, accurate diagnosis, and multidisciplinary management are
essential for favorable outcomes. Herein, we report the youngest case of an 11-year-old girl with a large
MSO. First, conventional imaging revealed a large left ovarian mass, leading to a left oophorectomy.
Subsequently, histopathological examination confirmed papillary thyroid carcinoma within MSO. Thyroid
and fertility-preserving surgery were chosen after multidisciplinary consultation. Despite challenges, the
patient had a positive outcome with no recurrence after 36 months. Therefore, the adoption of less invasive
surgical approaches and vigilant follow-up can achieve remission, but more research is needed to further
enhance our understanding of the disease's risk stratification and optimal treatment strategies.
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Introduction

Struma ovarii is an extremely rare ovarian tumor, accounting for less than 1% of all ovarian tumors [1]. It
typically exhibits a benign nature, with only 10% of cases reported as malignant struma ovarii (MSO), most
commonly presenting as papillary thyroid carcinoma [2]. Despite being recognized in adults, pediatric MSO
has never been acknowledged up until recently [3-5]. The signs and symptoms of MSO are varied and
nonspecific, typically including abdominal pain and discomfort, abnormal vaginal bleeding, and menstrual
irregularities [6].

Conventional imaging modalities are often carried out during the initial diagnostic workup. These include
ultrasound (US), CT, and MRI. To date, there is no consensus about the optimal management plan for
patients with MSO. Management is often pursued with a multidisciplinary approach and surgery for
suspected ovarian tumors and incidental pathological diagnosis is usually definitive for MSO [7].

In the pediatric population, the management of MSO is even more challenging since thyroid and fertility-
sparing surgical approaches must be prioritized in adolescent patients. In addition, many of these patients
would require lengthy and diligent follow-up.

Case Presentation

An 11-year-old female presented with left lower quadrant abdominal pain, which progressively worsened
over a seven-month period, particularly during the last month of her presentation. The pain experienced was
colicky in nature. It was aggravated by her menstrual cycle and radiated to her back. After seeking medical
consultation, she underwent a gynecological evaluation. Upon physical examination, the patient was found
to have left lower abdominal swelling and tenderness. Her laboratory results showed a hemoglobin level of
13.6 g/dL and a white blood cell count of 6,600/uL. In addition, the levels of beta-human chorionic
gonadotropin and cancer antigen 125 (CA 125) were within the normal range. Therefore, conventional
imaging modalities were performed (Figure ).
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FIGURE 1: Left ovarian mass (initial diagnostic workup)

(A) Initial sagittal T2 pelvic MRI revealed a large ill-defined complex multilocular lesion occupying the left ovary
demonstrating contrast enhancement (asterisk). (B) Initial axial T2 MRI revealed a large, ill-defined, complex
multilocular lesion (measuring approximately 13 x 8 cm) occupying the left ovary with a thick wall extending to the
midline and into the right side after contrast and soft tissue enhancement (asterisk). (C) Initial pelvic US revealed a
large left ovarian lesion (measuring approximately 9 x 7 cm) with thickened walls (curved arrows), suggesting a
complex left ovarian cyst (arrows).

A pelvic ultrasound revealed a substantial, large left adnexal mass (Figure 1C). This mass was observed to
have thickened walls indicating a complex left ovarian cyst. Concurrently, an MRI of the pelvis
demonstrated a giant multiloculated left ovarian mass (Figure 1A-15). The mass was complex (cystic-solid)
measuring approximately 13 x 8 cm in maximum dimension. In addition, a thick wall extending to the
midline and into the right side demonstrating contrast enhancement was noted. Subsequently, the patient
was referred for surgical intervention under the care of another senior specialist. A left oophorectomy was
performed, and histopathological examination of the specimen revealed a large gelatinous mass measuring
14 x 8 cm, exhibiting features characteristic of papillary thyroid cancer within struma ovarii, including
extensive thyroid tissue with multiple colloid-filled follicles (Figure 2).
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FIGURE 2: Left ovarian mass (histopathology)

Histopathologic examination revealed (A) a large thyroid follicle filled with colloid, surrounded by follicles showing
increased cellularity and nuclear alterations, (B) a predominant papillary architecture, and (C) malignant papillary
arrangement with clear nuclei, overlapping nuclei, and focal calcifications.

Postoperative thyroid function tests were within the normal range, and there was no clinical evidence of
metastasis. The patient was diagnosed with stage Ia according to the International Federation of Obstetrics
and Gynecology (FIGO) staging system [8]. Based on the decision of the multidisciplinary clinic (MDC), no
additional adjuvant treatment was administered. Considering the absence of tumor extension in recent
diagnostic modalities, it was decided to observe the patient closely for the next five years without pursuing
total thyroidectomy, right oophorectomy, or radioactive iodine therapy. This approach aimed to preserve
thyroid function and fertility, which are particularly important in this challenging age group. To date, the
patient has maintained regular follow-ups consisting of routine pelvic US, neck US, and biochemical
laboratory tests for thyroid function, serum thyroglobulin, thyroglobulin antibody, and CA 125. All
aforementioned modalities were normal obviating the need for additional interventions. After three years of
diligent follow-up, including comprehensive diagnostic assessments with pelvic MRI (Figure 5), the patient
remained in good health with no signs of recurrence.
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FIGURE 3: Diagnostic scans at the end of the third year following
surgery

(A) Sagittal T1 pelvic MRI revealed a clear surgical bed that was unremarkably normal. (B) Axial T1 MRI was also
unremarkable. (C) Maximum intensity projection image rendered a normal scan. (D) Axial PET/CT image of the
pelvis revealed a clear tumor bed that was unremarkably normal (arrows).

More recently, [18F]fluorodeoxyglucose positron emission tomography/CT ([18F]FDG PET/CT) was
performed upon patient request in an outside cancer center for surveillance purposes and was unremarkably
normal (Figure 5C-3D).

Discussion

Pediatric MSO has been acknowledged in pediatric populations in the last three decades. To date, fewer than
five cases of pediatric MSO have been reported [3-5]. Therefore, MSO can manifest across all age groups
including pediatrics. There are a few possible explanations for the increasing incidence of MSO in pediatrics.
One possibility is that improved diagnostic methods lead to more cases being identified. Another possibility
is that environmental factors may increase the risk of developing MSO [9].

Most cases of pediatric MSO typically present with pelvic pain [3-5]. Other nonspecific gynecologic
symptoms have also been reported. Although rare, some patients may also exhibit signs indicative of
hyperthyroidism, such as weight loss, agitation, heat intolerance, tremors, and palpitations [3]. In these
circumstances, nonspecific pelvic pain may follow symptoms of hyperthyroidism, warranting further
investigation and imaging correlation [3]. Therefore, any nonspecific pelvic pain with a background of
hyperthyroidism should warrant further diagnostic workup to exclude the possibility of having MSO. In
regards to diagnosis, most patients are unexpectedly diagnosed with MSO after surgery for a pelvic or
ovarian mass incidentally found on conventional imaging.

Conventional imaging modalities are helpful in detecting the MSO mass, depicting its extent, as well as for
follow-up [10]. The usual US characteristics of MSO consist of a solid, heterogeneous mass with irregular
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boundaries. Additionally, the mass may exhibit small and scattered cystic components [11]. The solid
segments of the mass can exhibit either hyperechogenicity or hypoechogenicity, and they may demonstrate
increased vascularity on Doppler imaging [11]. The CT and MRI features of MSO are not always specific, and
they can be similar to the features of other types of ovarian tumors [10]. However, the presence of a solid,
heterogeneous mass with irregular borders is often a suggestive finding. In some cases, MSO may also
present with hemorrhage, ascites, or lymphadenopathy [10].

In the pediatric population, the management of MSO is even more challenging as it must take into account
fertility preservation for childbearing. However, this means that routine and diligent follow-up should be
pursued. Disease recurrence has been confirmed over a decade after the initial management [5], and there
have been previous reports of early disease progression [4]. Disease recurrence and/or progression can be
effectively assessed through the use of CT and [18F]FDG PET/CT, according to a previous report [4]. In this
light, it is crucial to strictly follow up with patients with pediatric MSO for short-term and long-term
outcomes.

Conclusions

Physicians need to be aware of the possibility of MSO when assessing ovarian masses in pediatrics. When
suspected, surgical and MDC consultation should be advocated for timely and optimal interventions. For
locally confined diseases, our reported case proves that a thyroid and fertility-preserving approach is
feasible. Through this approach, fertility preservation can be maintained for childbearing while pursuing
routine and regular follow-up. However, such evidence is singular and short-term. Therefore, further
knowledge of pediatric MSO is eagerly anticipated in the near future to better understand disease patterns
and survival for such a challenging age group.

Additional Information
Author Contributions

All authors have reviewed the final version to be published and agreed to be accountable for all aspects of the
work.

Concept and design: Akram Al-Ibraheem, Mohamed Al-Shammaa, Dhuha Al-Adhami

Acquisition, analysis, or interpretation of data: Akram Al-Ibraheem, Ahmed Abdlkadir, Ali Jawad
Critical review of the manuscript for important intellectual content: Akram Al-Ibraheem, Ali Jawad
Supervision: Akram Al-Ibraheem, Ali Jawad

Drafting of the manuscript: Ahmed Abdlkadir, Mohamed Al-Shammaa, Dhuha Al-Adhami

Disclosures

Human subjects: Consent was obtained or waived by all participants in this study. Conflicts of interest: In
compliance with the ICMJE uniform disclosure form, all authors declare the following: Payment/services
info: All authors have declared that no financial support was received from any organization for the
submitted work. Financial relationships: All authors have declared that they have no financial
relationships at present or within the previous three years with any organizations that might have an
interest in the submitted work. Other relationships: All authors have declared that there are no other
relationships or activities that could appear to have influenced the submitted work.

Acknowledgements

Mohamed Al-Shammaa and Ahmed Abdlkadir contributed equally to the work and should be considered co-
first authors.

References

1. Kim SJ, Pak K, Lim HJ, et al.: Clinical diversity of struma ovarii. Korean ] Obstet Gynecol. 2002, 45:748-52.

2. Robboy SJ, Shaco-Levy R, Peng RY, et al.: Malignant struma ovarii: an analysis of 88 cases, including 27 with
extraovarian spread. Int ] Gynecol Pathol. 2009, 28:405-22. 10.1097/PGP.0b013e3181a27777

3. Moayerifar M, Koohmanaee S, Moayerifar M, Nakhochari AM, Rad AH, Dalili S: Malignant struma ovarii in
an 11-year-old girl. ] Pediatr Surg Case Rep. 2018, 29:1-4. 10.1016/j.epsc.2017.09.035

4. Billan S, Abdah-Bortnyak R, Cohen H, et al.: Metastatic malignant struma ovarii. Isr Med Assoc J. 2011,
13:247-8.

5. Salvatori M, Dambra DP, D'Angelo G, et al.: A case of metastatic struma ovarii treated with 1311 therapy:
focus on preservation of fertility and selected review of the literature. Gynecol Endocrinol. 2008, 24:312-9.
10.1080/09513590802095787

6.  Sussman SK, Kho SA, Cersosimo E, Heimann A: Coexistence of malignant struma ovarii and Graves' disease .

2023 Al-Shammaa et al. Cureus 15(10): e47163. DOI 10.7759/cureus.47163 50f6


javascript:void(0)
javascript:void(0)
javascript:void(0)
javascript:void(0)
javascript:void(0)
javascript:void(0)
javascript:void(0)
https://www.koreamed.org/SearchBasic.php?RID=1021KJOG/2002.45.5.748&DT=1
https://dx.doi.org/10.1097/PGP.0b013e3181a27777
https://dx.doi.org/10.1097/PGP.0b013e3181a27777
https://dx.doi.org/10.1016/j.epsc.2017.09.035
https://dx.doi.org/10.1016/j.epsc.2017.09.035
https://pubmed.ncbi.nlm.nih.gov/21598816/
https://dx.doi.org/10.1080/09513590802095787
https://dx.doi.org/10.1080/09513590802095787
https://dx.doi.org/10.4158/EP.8.5.378

Cureus

Endocr Pract. 2002, 8:378-80. 10.4158/EP.8.5.378
7. Falzone L, Scandurra G, Lombardo V, et al.: A multidisciplinary approach remains the best strategy to
improve and strengthen the management of ovarian cancer (review). Int ] Oncol. 2021, 59:53.
10.3892/ij0.2021.5233
8. Prat]: FIGO's staging classification for cancer of the ovary, fallopian tube, and peritoneum: abridged
republication. ] Gynecol Oncol. 2015, 26:87-9. 10.3802/j20.2015.26.2.87
9. Kabootari M, Habibi Tirtashi R, Zadeh-Vakili A, et al.: RET/PTC rearrangement in papillary thyroid
carcinoma arising in malignant struma ovarii with abdominal wall metastasis and cervical thyroid gland: a
case report and review of the literature. Thyroid Res. 2023, 16:39. 10.1186/s13044-023-00181-5
10.  Dujardin MI, Sekhri P, Turnbull LW: Struma ovarii: role of imaging? . Insights Imaging. 2014, 5:41-51.
10.1007/s13244-013-0303-3
11.  Outwater EK, Siegelman ES, Hunt JL: Ovarian teratomas: tumor types and imaging characteristics .
Radiographics. 2001, 21:475-90. 10.1148/radiographics.21.2.g01mr09475

2023 Al-Shammaa et al. Cureus 15(10): e47163. DOI 10.7759/cureus.47163 6 0of 6


https://dx.doi.org/10.4158/EP.8.5.378
https://dx.doi.org/10.3892/ijo.2021.5233
https://dx.doi.org/10.3892/ijo.2021.5233
https://dx.doi.org/10.3802/jgo.2015.26.2.87
https://dx.doi.org/10.3802/jgo.2015.26.2.87
https://dx.doi.org/10.1186/s13044-023-00181-5
https://dx.doi.org/10.1186/s13044-023-00181-5
https://dx.doi.org/10.1007/s13244-013-0303-3
https://dx.doi.org/10.1007/s13244-013-0303-3
https://dx.doi.org/10.1148/radiographics.21.2.g01mr09475
https://dx.doi.org/10.1148/radiographics.21.2.g01mr09475

	Thyroid Carcinoma Arising From Struma Ovarii at Adolescence: A Challenging Case With Favorable Outcome
	Abstract
	Introduction
	Case Presentation
	FIGURE 1: Left ovarian mass (initial diagnostic workup)
	FIGURE 2: Left ovarian mass (histopathology)
	FIGURE 3: Diagnostic scans at the end of the third year following surgery

	Discussion
	Conclusions
	Additional Information
	Author Contributions
	Disclosures
	Acknowledgements

	References


