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Abstract

Objective: To report four cases of Papillary carcinoma on a Thyroglossal Duct Cyst and discuss their diagnosis and

management.

Method : Retrospective analysis of medical records from patients diagnosed and treated with Papillary Carcinoma at

Guillermo Almenara Irigoyen National Hospital (Lima, Peru) between 1999-2016.

Results: The four cases reported had histopathological diagnosis of Papillary Thyroid Carcinoma in Thyroglossal Duct

Cyst; each patient had different surgical treatment and follow-up. Currently patients have not presented disease

recurrence or loco-regional or distant metastasis.
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Introduction

Thyroglossal Duct Cyst is the most frequent congenital
lesion in the midline of the neck (70-75%); the finding of
a carcinoma is extremely uncommon (1-2%); the most
frequent histological type is papillary carcinoma in 85%
of cases, followed by squamous cell carcinoma (6%) and
follicular carcinoma (3%). Thyroglossal duct carcinoma
may be clinically indistinguishable from benign
Thyroglossal Duct Cyst; Fine needle aspiration cytology
may enhance preoperative diagnosis, but the diagnosis in
most cases is after surgical resection (Sistrunk operation).
It is accepted that the treatment for Thyroglossal Duct
Cyst is the procedure described by Sistrunk, however,
when it is associated with the presence of a carcinoma,
the importance of other procedures such as
thyroidectomy (parcial or total), radioiodine therapy,
neck dissection, hormone suppression with thyroxine
(T4), or external radiation therapy is controversial.

Papillary Carcinoma in Thyroglossal Duct Cyst

Pathophysiology

Thyroid gland during fetal life descends through the
foramen caecum (base of the tongue) to the anterior
lower neck region leaving the thyroglossal duct, which
disappears in normal circumstances between the fifth and
the tenth week of pregnancy [1-3]. However, lack of
involution of any part of this duct can occur and cyst or
sinuses can develop [3,4]. A variable percentage (up to
62%) of thyroglossal duct cyst contains agglomerates of
functional thyroid follicular cells in the cyst wall,
sometimes this could be the only functional thyroid tissue
or the seat of neoplasms [4,5]. According to Widstrom et
al. the criteria for diagnosis of primary carcinoma of the
thyroglossal duct includes the following: histological
identification of TGDC by demonstration (i.e. epithelial
lining of ducts with normal thyroid follicles within walls
of the cysts), normal thyroid tissue adjacent to the tumor,
and histopathological examination of the thyroid gland
showing no sign of primary carcinoma [6,7] (Figure 1).
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Figure 1: Embryological origin of the thyroid.

Cases Report

The four cases reported had histopathological

diagnosis of Papillary Thyroid Carcinoma in Thyroglossal
Duct Cyst. Case 1: A 26-year-old woman diagnosed after
Sistrunk operation; tumor located in the cyst capsule with
invasion of the hyoid bone. Case 2: A 36-year-old woman
diagnosed by fine needle aspiration biopsy of the cyst,
Sistrunk operation was performed; tumor was located in
the cyst capsule. In both postoperative and follow-up
ultrasound controls revealed normallity in the thyroid
gland, they remained under observation. Eighteen years
after surgery, there is no recurrence or thyroid tumor.
Case 3: A 35-year-old woman diagnosed after Sistrunk
procedure, tumor was located in the capsule with skin
and peripheral lymph nodes infiltration. Case 4: A 64
year-old woman diagnosed after Sistrunk operation,
tumor was located in the cyst capsule (Table 1). In both
cases, Subtotal Thyroidectomy and Total Thyroidectomy
were performed respectively, the histopathological
finding was Multinodular Goiter; then they received
Radioactive lodine  therapy and  suppressive
Levothyroxine therapy. Eight years after surgery, there is
no recurrence or thyroid tumor (Figures 2A & 2B, Figure
3).

Case Report

Results

A 26-year-old woman diagnosed after Sistrunk operation;
tumor located in the cyst capsule with invasion of the hyoid
bone.

A 36-year-old woman diagnosed by fine needle aspiration
biopsy of the cyst, Sistrunk operation was performed; tumor
was located in the cyst capsule.

In both postoperative and follow-up ultrasound controls

revealed normallity in the thyroid gland, they remained

under observation. Eighteen years after surgery, there is
no recurrence or thyroid tumor.

A 35-year-old woman diagnosed after Sistrunk procedure,
tumor was located in the capsule with skin and peripheral
lymph nodes infiltration.

Subtotal Thyroidectomy, Radioactive lodine therapy and
suppressive Levothyroxine therapy. Eight years after
surgery, there is no recurrence or thyroid tumor.

A 64-year-old woman diagnosed after Sistrunk operation,
tumor was located in the cyst capsule.

Total Thyroidectomy, Radioactive lodine therapy and
suppressive Levothyroxine therapy. Eight years after
surgery, there is no recurrence or thyroid tumor.

Table 1: The four cases reported had histopathological diagnosis of Papillary Thyroid Carcinoma in Thyroglossal Duct

Cyst.

Figure 2A

Figure 2A & 2B: Pre-operative evaluation.

Figure 2B
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Figure 3: Post-Operative evaluation.

Conclusion

Papillary Thyroid Carcinoma in Thyroglossal Duct Cyst
is uncommon, it’s difficult to identify at ultrasound, 1131
scan, and Fine Needle Aspiration Biopsy. There is
controversy not yet been resolved between conservative
approach (only Sistrunk's operation) and aggressive
approach (plus Total Thyroidectomy, Radioactive lodine
therapy and suppressive Levothyroxine therapy) in
Thyroglossal Duct Cyst with Papillary Carcinoma. The
treatment to be chosen must be individualized and
selective.
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