Two bronchogenic cysts causing tracheal stenosis in an infant
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A 10-month-old female was referred to our tertiary pediatric respiratory outpatient clinic after three hospitalizations for recurrent croup and stridor. Examination demonstrated a wet cough, soft inspiratory stridor, with no wheeze or chest recessions. Flexible bronchoscopy (figure 1) and virtual bronchoscopy (video) showed tracheal stenosis above the carina. Chest computed tomography showed two cystic masses. One was between the ascending aorta and the carina, causing narrowing of the carina and the origin of both main bronchi. The second was adjacent to the left atrium and oesophagus, with no mass effect. Initial management was to monitor symptoms, growth, and unscheduled medical attendances, with regular outpatient review. 

By two years of age her symptoms persisted. Volume rendered tomogram and MR chest (figure 2, figure 3) suggested two separate unilocular cysts, consistent with a diagnosis of two bronchogenic cysts. These were resected, and the diagnosis confirmed on histology.  Symptoms completely resolved post surgery with resolution of the atelectasis. Some of the results of these studies have been previously reported in the form of an abstract (1).

Bronchogenic cysts are rare congenital malformations, arising from an abnormality in foregut differentiation between 20 and 40 days post-conception (2). They are lined by ciliated columnar epithelium, reflecting their embryological origin (2). The differential diagnoses for multiple cystic mediastinal masses in this case were primarily thoracic lymphangioma or bronchogenic cysts. We are aware of only four prior reports of multiple bronchogenic cysts presenting in childhood (2-5), to our knowledge this is the first report of multiple cysts with tracheal stenosis in an infant.
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Figure legends

Video: Virtual bronchoscopy (computed tomography generated virtual bronchoscopy) demonstrates narrowing of the distal trachea immediately above the carina. The image is oriented as seen on paediatric flexible bronchoscopy, with anterior at 12 o’clock and posterior at 6 o’clock. 

Figure 1. Flexible bronchoscopy (Olympus, 2.8mm bronchoscope) shows compression of the distal trachea secondary to extraluminal mass effect of one of the bronchogenic cysts.
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Figure 2. CT volume rendered tomogram with fused volumes of interest demonstrating two separate bronchogenic cysts (white) with distal atelectasis in the right lung secondary to airway narrowing.

Figure 3. Coronal TIRM (T2 with fat saturation) image. The lesions are high signal on T2 weighted imaging in keeping with their fluid content.
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