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Abstract

Vallecular cyst (VC) is a life threatening cause of upper respiratory system obstruction, especially in newborns and infants. They are
caused by ductal obstruction of minor salivary or mucous glands. They may occur anywhere in the larynx, most commonly in the lingual
surface of the epiglottis. These cysts are benign in nature, however, cause high morbidity and mortality, thus, high index of suspicion is
crucial. Here we presented a 1 month old infant with severe stridor and feeding difficulties caused by an enlarged VC, and reviewed the
optimal treatment strategies for this rarely seen pathology.
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Introduction

Vallecular cyst (VC) is a rarely seen but life threatening cause of upper respiratory system obstruction in newborns and infants.
Nearly 10.5% of congenital laryngeal cysts are VC [1]. Tsai, et al. reported an incidence of 5.3 cases/100.000 live births [1,2]. It is
also known as mucus retention cyst, epiglottic cyst, ductal cyst and tongue base cyst [2,3]. Coughing, dyspnea, stridor, failure to
thrive, feeding difficulties, voice changes are the most commonly observed symptoms [3,4]. Although these cysts are benign in
nature, due to it's high morbidity and mortality, high index of suspicion is crucial to diagnose this pathology. Here we present an
infant with severe stridor and feeding difficulties caused by an enlarged VC, and discuss our treatment strategies with a thorough
literature review.

Case Report

A 1 month old male infant was referred to our clinic with a history of feeding and breathing difficulties since birth. When he was
15 days old, they had attended to another clinic elsewhere and the ultrasonography that had been performed there, reported a
2 x 2.5 cm cystic mass in the midline of the neck. In his physical examination, inspiratory stridor, suprasternal retraction was
noticed. Other system examinations were within normal limits. Flexible nasopharyngoscopy revealed a ‘sun rising, nearly 2-3
cm mass, located between the base of the tongue and epiglottis complicating the visualisation of the airway. The patient was
hospitalized. Thyroid scans and hormone levels were within normal limits. Direct laryngoscopy under general anesthesia was
promptly planned to evaluate the extent of the cyst. The patient was in Trendelenburg position with hyperextension of the neck.
Rigid laryngoscopy blade was gently inserted, advanced and directed in a midline approach. The epiglot could not be visualized
due to the lesion. Thus aspiration of the cyst was performed in order to visualize the entire laryngeal structures, to rule out vascular
lesions and to facilitate the complete excision of the cyst. The vascular structures over the cyst membrane was cauterized. The cyst
was completely excised (Figure 1).

Histopathological evaluation was reported as a ‘benign cystic lesion’ Patient’s symptoms releived immediately in the early post-
operative period. On the post-operative first week, control video-laryngoscopy showed no evidence of recurrence. The patient had
no further airway and nutritional problems or recurrence of the cyst in the 6 months follow-up.

Discussion

Vallecular cysts are caused by ductal obstruction of minor salivary or mucous glands [5]. They are observed anywhere in the larynx,
most commonly in the lingual surface of the epiglottis as in our case [2]. VC can ocur at any age, however, they are frequently seen
in neonates and infants with median ages at diagnosis are 3-4 days [2]. The patient described here was 1 month old. The delay of
diagnosis of these cases may commonly be due to low suspicion index of clinicians.
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Figure 1: The view of the vallecular cyst in direct laryngospy

In this case, the major symptoms were stridor and feeding difficulties which leaded to poor weight gain. Laryngolomalacia may
co-occur and complicate the condition however, in our case it did not exist [1,2].

Thyroid hormone levels and thyroid gland scanning is essential to rule out lingual thyroid [2,6]. These tests were within normal
limits in this present case. Lymphangioma, hemangioma, cystic hygroma, hamartoma, teratoma, thyroid remnant cyst, lingual
thyroid, thyroglossal duct cyst should be considered in the differential diagnosis of VC [2-5,7].

For the radiologic examination, CT scan or MRI are required to accurately demonstrate the size, cystic nature, extent of the mass
and make a precise differential diagnosis [4,8]. Direct laryngoscopy is the major diagnostic tool for a definite diagnosis [4]. In
our case ultrasonographic evaluation was performed elsewhere, and, a cystic mass was reported. CT or MRI were not considered
due to the potential risks of radiation in CT, and additional need for anesthesia during MRI. In order to avoid possible airway
complications due to time delay, direct laryngoscopy and surgical excision following flexible fiberoptic endoscopic evaluation was
decided. In addition, fine needle aspiration under ultrasonography, prior to surgery, was not considered since this procedure in a
newborn baby would require sedation that could deteriorate the signs and symtoms of the patient.

The treatment of VC is complete surgical excision, endoscopic marsupialization, aspiration of the cyst [2,4,5,9]. Suzuki et.al favoured
marsupialization due to negligible recurrence rates compared to complete surgical excision [9]. However Rodriguez et al suggested
complete remowal of the cyst to prevent relapse [10]. Marsupialization may not resolve all the symptoms if laryngomalacia is
associated [11]. These cysts have been reported to have high recurrence rates following fine needle aspiration [12]. Taking the
age of these patients into account, fine needle aspiration requires sedation which may cause worsening of the clinical conditions.
Complete surgical excision was the treatment of choice in this patient.

Conclusion

Vallecular cyst may be life threatening. Thus special attention of both the care providers and clinicians are necessary. Clinicians
should always consider VC in the differential diagnosis of an infant with stridor, especially in persistent and severe cases. Timely
management is crucial to avoid sudden upper respiratory collapse and death.
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