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ABSTRACT Although thyroglossal duct cysts (TGDC) are the most
common congenital neck masses, their intralaryngeal extension is quite
rare, and there are 24 cases reported in the literature. In intra-laryngeal
extension, patients may present with symptoms such as hoarseness, dys-
pnea, and dysphagia, and it is challenging to differentiate endolaryngeal
TGDCs from laryngeal cystic masses such as saccular cysts and laryn-
goceles. Also, malignancies arising from TGDCs are uncommon, and
there is no clear consensus on their treatment. This study aimed to em-
phasize that TGDCs may also be present in the differential diagnosis of
cystic laryngeal lesions by presenting our case of TGDC papillary car-
cinoma with intralaryngeal extension in a 37-year-old female patient.
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OZET Tiroglossal duktus kistleri (TGDK) konjenital boyun kitlele-
rinden en sik goriileni olmakla birlikte intralaringeal uzanimi olduk¢a
nadir olup, literatiirde bildirilen 24 olgu bulunmaktadir. Intralaringeal
uzanimli olgularda ses kisiklig1, yutma giigliigii ve nefes darlig gorii-
lebilmekte olup laringosel ve sakkiiler kistlerle karisabilmektedir.
TGDK’den kaynakl kanserler ise yine olduk¢a nadir olup, tedavisi ko-
nusunda net bir goriis birligi bulunmamaktadir. Biz bu ¢aligmada, 37
yasinda kadin hastada intralaringeal uzanimli TGDK papiller karsi-
nomu olgumuzu sunarak, laringeal kistik lezyonlarin ayirici tanisinda
TGDK ’nin de olabilecegini vurgulamay1 amagladik.

Anahtar Kelimeler: Tiroglossal duktus kisti, papiller tiroid kanseri

Thyroglossal duct cysts (TGDCs) are the most
common cause of congenital cysts in the midline of
the neck, and they occur due to incomplete involution
of the thyroglossal canal.! They usually present with
painless swelling or fistula in the 2™ or 3 decade. On

the other hand, TGDCs with intra-laryngeal extension
are extremely rare, and only 24 patients have been re-
ported in the literature.? In the presence of intra-laryn-
geal extension, patients may present with symptoms
such as hoarseness, dyspnea, and dysphagia.’
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FIGURE 1: Cystic lesion (arrow), 29x33x33 mm in size, starting from the left pyriform sinus, pushing the epiglottis medially, extending to the posterior of the hyoid

bone in the inferior section, and a well-circumscribed solid lesion measuring 10 mm with calcification in the right periphery of the cyst. Axial (a), coronal (b), sa-
gittal (¢) computed tomography scans with contrast enhancement.

Malignancies arising from a TGDC are also un-
common. TGDC carcinomas (TGDCa) make up less
than 1% of all TGDCs, and papillary-type thyroid
cancer is seen over 90%.* In this study, we present
a case of TGDC papillary carcinoma originating
from a TGDC with intra-laryngeal extension, which,
as far as we know, the first encountered in the liter-
ature.

CASE REPORT

A 37-year-old female patient was admitted to our S 171

clinic with nearly one year of hoarseness, dysphagia FIGURE 2: The cyst started from the thyroid notch and extended from the

and dyspnea. The patient had no systemic disease ex- posterior of the hyoid to the preepiglottic space and pharyngeal mucosa. Be-
fore the cyst (arrow) removal during the Sistrunk procedure.

cept mild obesity. Fine needle aspiration biopsy
(FNAB) had been taken from the 25 mm nodule in
the left thyroid, which was followed up by another
surgery clinic, once in 2014 and twice in 2018. All  poarseness and dysphagia improved on the first post-
FNAB results were reported as benign and the pa- operative day.

tient, had no familial thyroid cancer and radiotherapy
history. On flexible nasopharyngeal laryngoscopy, a
submucosal mass extending into the left aryepiglottic

Pathological examination of the cyst revealed a
TGDC, and the adjacent solid lesion was a follicular
variant of papillary thyroid carcinoma (Figure 3).
Thereupon, FNAB was repeated from the 2 cm nod-
ule in the left thyroid lobe. The pathology result,

fold was observed. Computed tomography (CT) of
the neck revealed a cystic lesion, 29%x33%33 mm in
size, and a well-circumscribed solid lesion measur- . . . :
. i i L . ) which was previously considered to be benign sev-
ing 10 mm with calcification in the right periphery of . . . .
h ¢ (Fi i eral times, was reported as papillary thyroid carci-
e cyst (Figure 1). noma. Neck ultrasonography showed multiple
The cyst considered as a TGDC because of its hypoechoic lymph nodes with a maximum diameter
proximity with the hyoid bone was removed with the  of 1.5 cm in the bilateral level 2 and left supraclavic-
central portion of the hyoid bone by the Sistrunk pro- ular region. Although FNAB and thyroglobulin (Tg)
cedure (Figure 2). We completed the surgery without  washout from lymph nodes were not diagnostic, ma-
the need for tracheotomy and without breaching mu-  lignancy could not be excluded. As the ultrasono-

cosa of the pharynx. The patient’s complaints of  graphic images of the lymph nodes in the neck
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FIGURE 3: Histopathological results of classical papillary carcinoma of the
thyroid originating from a thyroglossal duct cyst with hematoxylin and eosin
(H&E) staining: a) Relationship with cyst wall and tumor mass, x4 b) Psam-
mom body-like foci of calcification at the bottom of tumor mass (black arrow)
x10 c) The relationship between normal-appearing thyroid follicles (black
arrow) and tumoral area, x20 d) Coffee bean-like nuclei typical of papillary car-
cinoma of the thyroid, x40.

suggested that it might be metastatic, performing cen-
tral and lateral neck dissections was decided by the
thyroid council of our hospital despite the negative
Tg washout. Thus, the patient underwent total thy-
roidectomy, and bilateral central and lateral neck dis-
sections. There were no complications such as
hypocalcemia, recurrent nerve palsy, or hematoma
after the surgery. The post thyroidectomy pathologi-
cal analysis revealed a follicular variant of multifocal
papillary carcinoma in the bilateral thyroid lobes and
lymphocytic thyroiditis. There were no metastases in
the central and bilateral neck dissections apart from a
positive 0.5x0.6 cm prelaryngeal lymph node. After
the surgery, the patient was treated with radioactive
iodine, and her follow-up is being continued without
any recurrence for 9 months.

Written informed consent was obtained from the
patient to report this case for publication. This study
was approved by the local ethics committee of Izmir
Bozyaka Research and Training Hospital with the
September 25, 2021 dated and 154 numbered deci-
sion.

I DISCUSSION

During the thyroid gland development, the thy-
roglossal duct, which is formed as the gland moves
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from the foramen cecum to the pretracheal region, in-
volutes at the 10" week of gestation. If the canal be-
tween the thyroid isthmus and foramen cecum is not
regressed, thyroglossal duct remnants, mostly cysts,
can develop anywhere along the tract, including the
larynx, thyroid gland, and tongue base. Although thy-
roglossal cysts are often found infrahyoid (61%), they
can also be found suprahyoid (24%), suprasternal
(13%), and intralingual (2%).>

It is challenging to differentiate endolaryngeal
TGDCs from laryngeal cystic masses such as saccu-
lar cysts and laryngoceles by endoscopic examina-
tion. However, as suggested by Bando et al., while
TGDCs are close to the hyoid bone, the close rela-
tionship of laryngoceles and saccular cysts with ven-
tricle can be evaluated with magnetic resonance
imaging or CT.? Preoperative FNAB is very useful in
predicting malignancy, especially in heterogeneously
enhancing masses, and distinguishing from laryngeal
cysts if it contains follicular thyroid cells.*® In the
meta-analysis published by Rayess et al., it was found
that only 20% of TGDC cancers were diagnosed with
FNAB before the operation, but when it was done,
the FNAB sensitivity was between 56-62%.% Per-
forming FNAB to all patients with TGDC is not cost-
effective, especially when children are considered,
and a negative FNAB result does not exclude malig-
nancy. However, in the presence of calcification or
solid nodule in the cyst on CT scan, in cysts larger
than 2 cm, and when invasion to adjacent structures
is suspected, FNAB may be very valuable in pre-
venting delays in diagnosis and preventing recurrent
surgeries. FNAB was not performed before the first
operation in our case since thyroid FNAB had been
taken from the patient twice by other departments,
and the results were benign. However, due to the
presence of multinodular goiter and a suspicious solid
lesion near the cyst, it would be more accurate to re-
peat FNAB from the cyst and thyroid nodules before
the first operation.

Laryngeal symptoms can be seen in cysts with
endolaryngeal extension, and they may cause erosion
of the thyrohyoid membrane and thyroid cartilage
due to compression. There was usually a palpable
mass in the neck in the cases previously reported in
the literature, but neck examination was unremark-



Mehmet Ekrem ZORLU et al.

KBB ve BBC Dergisi. 2022;30(4):232-6

able in our patient, probably due to the obesity.” Even
though there were patients who underwent tra-
cheotomy due to airway narrowing and difficult in-
tubation in the literature, we did not have such a
requirement.’ Disruption of airway integrity is a sig-
nificant risk in these patients, but we were able to ex-
cise the cyst entirely without damaging the airway
epithelium.

TGDCs are the most common congenital mid-
line neck masses, but malignancies arising from
TGDCs are uncommon, with papillary thyroid can-
cer consisting 92.1% and squamous cell carcinoma
consisting 4.3%.* In addition, in the presence of
TGDCca, synchronous thyroid cancers may accom-
pany. Rayess et al. showed that the frequency of syn-
chronous thyroid carcinoma was 23.4% in patients
who were operated for TGDCca when total thy-
roidectomy was included in the surgery, in their
meta-analysis.* On the other hand, Wood et al. de-
tected tumors in the thyroid gland in two of four pa-
tients who underwent total thyroidectomy in their
case series.” The prevailing view currently is that syn-
chronous tumors arise de novo from TGDCs.*’

There is no clear consensus on the treatment of
these tumors, as their incidence is also low. Since the
Sistrunk procedure is the primary treatment method
for TDGCs that decreases the chance of recurrence, it
should be the least procedure that is done in the pres-
ence of cancer. Some authors recommend a routine
total thyroidectomy in TGDCa to facilitate follow-
up.®” However, there are also some authors who do
not recommend that all the patients with TGDCa un-
dergo a routine total thyroidectomy, because it is
thought that TGDCa develops de novo.*!° Patients
younger than 45 years with a radiologically or clin-
ically normal gland and negative margins can be ob-
served.*!%!! In the presence of synchronous thyroid
cancer, the treatment according to the established
guidelines is suggested.”!! Unlike the thyroid gland,
TGDCa tends to metastasize to first the lateral
neck.* In cases of lymph node metastases, a dissec-
tion of appropriate levels in the neck is recom-
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mended in addition to the Sistrunk procedure and
total thyroidectomy.*! In this case, we performed a
total thyroidectomy due to the synchronous thyroid
cancer. Because the appearance of the lymph nodes in
the bilateral lateral neck and left supraclavicular fossa
was radiologically suspicious, we also performed
central and lateral neck dissections.

In conclusion, TGDCs with intralaryngeal ex-
tension which may present with laryngeal symptoms
such as hoarseness and dysphagia are quite rare and
can be confused with laryngoceles and saccular cysts.
TGDCs should be kept in mind in the presence of en-
dolaryngeal cystic masses. In addition, although car-
cinomas originating from TGDCs are uncommon, we
recommend that suspicious lesions should be evalu-
ated with FNAB before surgery, since malignancies
may occur in large cysts, solid nodules and calcifica-
tions in the cysts.
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