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Abstract

Ectopic thyroid gland is a rare condition where the thyroid is not placed in the pre-tracheal
region. Majority of cases are commonly located at the lingual portion. The malignant shift of
ectopic thyroid is considered a rare manifestation with a challenging surgical approach. Here
we report our management and surgical approach of a patient with papillary microcarcinoma of
sublingual thyroid gland presented to our facility.

Categories: Otolaryngology
Keywords: ectopic thyroid, papillary microcarcinoma

Introduction

Ectopic thyroid (ET) gland is an uncommon condition where the thyroid is not located in the
pre-tracheal region [1]. In embryonic life, the thyroid gland starts to migrate down from the
base of the tongue through the thyroglossal duct until it reaches its standard location [2].
Ectopic thyroid is developed by descending arrest in thyroglossal tract [3]. The majority of cases
are located at the lingual portion accounting for approximately 90% of cases [4]. Other sites
include sublingual region, submandibular or anterior tongue, and it was also found in the
trachea, larynx, mediastinum, and heart [4, 5].

The prevalence of ectopic thyroid is about 1:100,000-300,000, where it significantly rises to
1:4000-8000 in patients with functional thyroid disease; it is more common in females with a
female to male ratio of 4:1. It could present at any age, from five months until the age of 40 or
older. However, it is more common to present at a younger age group [5].

Ectopic thyroid can present in the form of goiter or mass. Due to its abnormal position, it can be
liable for oropharyngeal obstruction, with a presentation of dyspnea or dysphagia [6]. On the
other hand, ectopic thyroid might be found as an incidental finding [7]. In the absence of an
orthotropic thyroid, most ectopic thyroids patients suffer from hypothyroidism, with only two
cases that have been reported in the literature were hyperthyroidism [7-10].

All diseases that can affect the normal thyroid gland are capable of affecting the ectopic
thyroid, such as inflammation, hyperplasia, adenoma, and malignancy. The incidence of
malignant transformation in ectopic thyroid is equal to normally placed thyroid [11]. Most
ectopic thyroid tumors are papillary carcinomas in origin [12-14]. Other types that have been
reported are follicular, mixed follicular, medullary, papillary Hiirthle cell, and anaplastic
carcinoma [12, 15-17].
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Radiological imaging, such as computed tomography (CT), Doppler US, and magnetic
resonance imaging (MRI), may help in providing the location and extension of ectopic thyroid
tissue, adding to a better pre-operative evaluation [18]. Confirming the diagnosis of ectopic
thyroid is established by fine-needle aspiration cytology (FNAC), which is considered the most
sensitive and specific diagnostic procedure to discriminate benign from malignant lesions in
normal and ectopic thyroid pre-operatively [14]. Fine-needle aspiration cytology in some
studies showed its accuracy in diagnosing submental masses with minimal false-positive
results for diagnosis [19]. Despite that, FNAC might be non-diagnostic or misleading, especially
in cystic lesions [14].

Case Presentation

A 48-year-old female patient, known case of hypothyroidism (on thyroxin 25 mcg) for 20 years,
came to our clinic complaining of progressive, painless submental swelling for seven years. The
patient did not experience dysphagia, odynophagia, dyspnea, hoarseness, stridor, aspiration, or
fever. She denied any family history of thyroid cancer or previous radiation exposure. No
symptoms of hyperthyroidism or hypothyroidism were reported.

Neck examination showed a 3 x 4 cm, firm, non-tender submental mass with no overlying skin
abnormalities, no palpable lymph nodes. Fiber-optic nasopharyngoscopy showed bilateral
mobile vocal folds. Other ENT examination was unremarkable. Thyroid function tests showed
euthyroid levels. Other laboratory tests were within normal limits.

Thyroid ultrasound showed the absence of the thyroid gland in the pre-tracheal area.

Neck CT (Figure 7) scan showed a 2.55 x 3.67 x 3.7 cm well capsulated sublingual mass, no
invasion to the adjacent structures, no lymph nodes metastasis.

FIGURE 1: CT with contrast, lateral view demonstrating ectopic
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sub-lingual thyroid.

The patient underwent sublingual thyroid gland excision through an external transcervical
submental approach (Figures 2-3), with excision of the mid-portion of the hyoid bone (as the
tumor was attached to it), and a level 1A neck dissection. A drain was placed, and the patient
was shifted to the Surgical Intensive Care Unit for observation. The patient was extubated and
shifted to the surgical ward on day 1 postoperatively, the drain was removed on day 2
postoperatively, and the patient was discharged on the 3rd day postoperatively in a stable
condition.

FIGURE 2: Intra-operative view of the sub-lingual thyroid.
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FIGURE 3: Sub-lingual thyroid after complete excision.

Histopathology report showed sublingual thyroid papillary microcarcinoma, 1.0 cm follicular
variant with no extrathyroid invasion, and no pathological lymph nodes (Figure 4). Pathological
staging T1aNOMO was according to the TNM (tumor, node, metastasis) staging system. The case
was discussed in the tumor board and planned for follow-up only, as radioactive iodine
treatment was not indicated.
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FIGURE 4: Microscopic image showing papillary
microcarcinoma, follicular variant.

The patient was seen in the clinic after one week, one month, and three months' intervals, and
was found to be completely asymptomatic with no complaint.

Discussion

Ectopic thyroid is a rare clinical condition with prevalence ranging between 1 per 100,000 to
300,000 persons [1]. Female presentation accounts for the majority of the cases, with 65-80% in
agreement with our case [5]. The mechanisms of thyroid dysgenesis are not fully understood.
The studies have shown that a certain gene mutation like PAX8, TITF1 (NKX2-1), and FOXE1
(TITF2) may involve in developing this condition [2-4].

Ectopic thyroid could be located anywhere along its normal pathway. It could be lingual thyroid,
sublingual thyroid, or around the hyoid bone as well as mediastinum or in the
subdiaphragmatic area [5, 9]. In this case, the patient had a sub-lingual thyroid, which is
considered a rare presentation of the ectopic thyroid gland.

The malignant shift is relatively rare, with a liability of carcinoma transformation in such tissue
is below 1%. In earlier studies, follicular carcinomas were more prominent compared to
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papillary carcinomas [5]. Most recent studies suggested that papillary carcinoma, a follicular
variant, has been increasingly recognized as becoming the most common type of malignancy in
ectopic thyroid [5, 6]. In previous studies, around 100 cases of papillary carcinoma in ET have
been addressed [14, 18]. In our case, the histopathology showed papillary microcarcinoma,
follicular variant. Papillary thyroid microcarcinoma is a papillary carcinoma that is defined as
papillary cancer with a diameter equal to or less than 10-15 mm.

The treatment approach for ectopic thyroid relies on many factors, such as patient’s age,
symptoms, localization, malignancy, thyroid functional status, surgical, and anesthesiological
risk [7]. Surgical management of ectopic thyroid is considered with obstructive symptoms,
bleeding, or malignancy [8]. The surgical approach is preferred, as in this case, our patient was
successfully treated with a transcervical/submental approach through a transverse incision.
The mass was removed with the mid-portion of the hyoid bone (as in Sistrunk procedure), as
the mass was attached to the hyoid bone. However, it might also decrease the recurrence rate,
much like in thyroglossal duct cyst [20]. Other approaches mentioned in the literature were
transoral, transcervical with a midline vertical incision, and submandibular approach. This
patient was approached in transcervical/submental technique over transoral/sublingual for
many reasons such as the large size of the mass (4 cm), avoiding the risk of injury to important
structures (e.g., submental and sublingual salivary glands, lingual artery and lingual nerve),
and for better swallowing and speaking outcome.

Conclusions

Ectopic thyroid is a rare manifestation of thyroid diseases, diagnosing a sublingual/submental
thyroid gland could be difficult, as it might be misdiagnosed as functional thyroid disease. It is
four times more common in females than in males. Malignant transformation of the ectopic
thyroid gland is considered a rare manifestation. In previous studies, follicular cancer of the
ectopic thyroid gland was the most frequent type of cancer. However, such studies in recent
years reported that papillary cancer has become widely recognized. The surgical approach
depends on several factors. Sistrunk procedure in such cases should be studied more as this
patient will be followed up for possible recurrence. Case reports about ectopic thyroid cancer are
limited. In such cases, little work has been done to build a standardized clinical approach for an
ectopic thyroid tumor.

Additional Information
Disclosures

Human subjects: Consent was obtained 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.

References

1. DiBenedetto V: Ectopic thyroid gland in the submandibular region simulating a thyroglossal
duct cyst: a case report. ] Pediatr Surg. 1997, 32:1745-1746. 10.1016/S0022-3468(97)90522-4

2. Adelchi C, Mara P, Melissa L, De Stefano A, Cesare M: Ectopic thyroid tissue in the head and
neck: a case series. BMC Res Notes. 2014, 7:790. 10.1186/1756-0500-7-790

3.  Dutta D, Kumar M, Thukral A, et al.: Medical management of thyroid ectopia: report of three
cases. ] Clin Res Pediatr Endocrinol. 2013, 5:212-215. 10.4274/Jcrpe.1103

2020 Marzouki et al. Cureus 12(1): e6810. DOI 10.7759/cureus.6810 6 of 7


https://dx.doi.org/10.1016/S0022-3468(97)90522-4
https://dx.doi.org/10.1016/S0022-3468(97)90522-4
https://dx.doi.org/10.1186/1756-0500-7-790
https://dx.doi.org/10.1186/1756-0500-7-790
https://dx.doi.org/10.4274/Jcrpe.1103
https://dx.doi.org/10.4274/Jcrpe.1103

Cureus

4. Basaria S, Westra WH, Cooper DS: Ectopic lingual thyroid masquerading as thyroid cancer
metastases. ] Clin Endocrinol Metab. 2001, 86:392-395. 10.1210/jcem.86.1.7130

5. Noussios G, Anagnostis P, Goulis DG, Lappas D, Natsis K: Ectopic thyroid tissue: anatomical,
clinical, and surgical implications of a rare entity. Eur ] Endocrinol. 2011, 165:375-382.
10.1530/EJE-11-0461

6. Gallo A, Leonetti F, Torri E, Manciocco V, Simonelli M, DeVincentiis M: Ectopic lingual
thyroid as unusual cause of severe dysphagia. Dysphagia. 2001, 16:220-223. 10.1007/s00455-
001-0067-7

7. Moaddab MH, Siavash M: Lingual thyroid. N Engl ] Med. 2008, 358:1712.
10.1056/NEJMicm070536

8. Abdallah-Matta M, Dubarry P, Pessey ], Caron P: Lingual thyroid and hyperthyroidism: a new
case and review of the literature. ] Endocrinol Invest. 2002, 25:264-267. 10.1007/BF03344002

9. Yoon ]S, Won KC, Cho IH, Lee JT, Lee HW: Clinical characteristics of ectopic thyroid in Korea.
Thyroid. 2007, 17:1117-1121. 10.1089/thy.2007.0004

10. Toso A, Colombani F, Averono G, Aluffi P, Pia F: Lingual thyroid causing dysphagia and
dyspnoea. Case reports and review of the literature. Acta Otorhinolaryngol Ital. 2009, 29:213-
217.

11.  Shah BC, Ravichand C, Juluri S, Agarwal A, Pramesh C, Mistry R: Ectopic thyroid cancer. Ann
Thorac Cardiovasc Surg. 2007, 13:122-124.

12.  Goldstein B, Westra WH, Califano J: Multifocal papillary thyroid carcinoma arising in a lingual
thyroid: a case report. Arch Otolaryngol Head Neck Surg. 2002, 128:1198-1200.
10.1001/archotol.128.10.1198

13.  Fumarola A, Trimboli P, Cavaliere R, et al.: Thyroid papillary carcinoma arising in ectopic
thyroid tissue within a neck branchial cyst. World ] Surg Oncol. 2006, 4:24.

14. Hirnle T, Szymczak ], Ziétkowski P, Lenartowska L: Ectopic thyroid malignancy in the right
ventricle of the heart. Eur | Cardiothorac Surg. 1997, 12:147-149. 10.1016/s1010-
7940(97)00120-6

15.  Kumar Choudhury B, Kaimal Saikia U, Sarma D, Saikia M, Dutta Choudhury S, Barua S, Dewri
S: Dual ectopic thyroid with normally located thyroid: a case report . ] Rhyroid Res. 2011,
2011:4. 10.4061/2011/159703

16. Mishriki Y, Lane B, Lozowski M, Epstein H: Hiirthle-cell tumor arising in the mediastinal
ectopic thyroid and diagnosed by fine needle aspiration. Light microscopic and ultrastructural
features. Acta Cytologica. 1983, 27:188-192.

17. Togashi S, Oka K, Kanayama R, et al.: Thyroid anaplastic carcinoma transformed from
papillary carcinoma in extrathyroid area. Auris Nasus Larynx. 2004, 31:287-292.
10.1016/j.anl1.2004.03.006

18. Cervera-Paz FJ, Roquette Gaona ], Bartual Pastor J: Ectopic primitive thyroid papillary
carcinoma: report of a fatal case and review of literature. (Article in Spanish). Acta
Otorrinolaringol Esp. 1994, 45:124-127.

19. Stanek], Busseniers AE: Fine-needle aspiration diagnosis of ectopic thyroid: report of one
case. Diagn Cytopathol. 1993, 9:59-62. 10.1002/dc.2840090112

20. Foley DS, Fallat ME: Thyroglossal duct and other congenital midline cervical anomalies . Semin
Pediatr Surg. 2006, 15:70-75. 10.1053/j.sempedsurg.2006.02.003

2020 Marzouki et al. Cureus 12(1): e6810. DOI 10.7759/cureus.6810 7of 7


https://dx.doi.org/10.1210/jcem.86.1.7130
https://dx.doi.org/10.1210/jcem.86.1.7130
https://dx.doi.org/10.1530/EJE-11-0461
https://dx.doi.org/10.1530/EJE-11-0461
https://dx.doi.org/10.1007/s00455-001-0067-7
https://dx.doi.org/10.1007/s00455-001-0067-7
https://dx.doi.org/10.1056/NEJMicm070536
https://dx.doi.org/10.1056/NEJMicm070536
https://dx.doi.org/10.1007/BF03344002
https://dx.doi.org/10.1007/BF03344002
https://dx.doi.org/10.1089/thy.2007.0004
https://dx.doi.org/10.1089/thy.2007.0004
https://www.ncbi.nlm.nih.gov/pmc/articles/PMC2816370/
http://www.atcs.jp/pdf/2007_13_2/122.pdf
https://dx.doi.org/10.1001/archotol.128.10.1198
https://dx.doi.org/10.1001/archotol.128.10.1198
https://wjso.biomedcentral.com/articles/10.1186/1477-7819-4-24
https://dx.doi.org/10.1016/s1010-7940(97)00120-6
https://dx.doi.org/10.1016/s1010-7940(97)00120-6
https://dx.doi.org/10.4061/2011/159703
https://dx.doi.org/10.4061/2011/159703
https://europepmc.org/article/med/6573091
https://dx.doi.org/10.1016/j.anl.2004.03.006
https://dx.doi.org/10.1016/j.anl.2004.03.006
https://europepmc.org/article/med/8086206
https://dx.doi.org/10.1002/dc.2840090112
https://dx.doi.org/10.1002/dc.2840090112
https://dx.doi.org/10.1053/j.sempedsurg.2006.02.003
https://dx.doi.org/10.1053/j.sempedsurg.2006.02.003

	Papillary Microcarcinoma of Sublingual Thyroid Gland: A Case Report
	Abstract
	Introduction
	Case Presentation
	FIGURE 1: CT with contrast, lateral view demonstrating ectopic sub-lingual thyroid.
	FIGURE 2: Intra-operative view of the sub-lingual thyroid.
	FIGURE 3: Sub-lingual thyroid after complete excision.
	FIGURE 4: Microscopic image showing papillary microcarcinoma, follicular variant.

	Discussion
	Conclusions
	Additional Information
	Disclosures

	References


