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Case  Report

Primary  Tracheal  Adenoid  Cystic  Carcinoma:  Therapeutic  Challenges
Posed  by  Unresectable
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Adenoid cystic carcinoma is a malignancy primarily originat-

ing from the minor salivary and submandibular glands, with rare

instances of development in secretory glands of other tissues,

such as the trachea.1 Primary Tracheal Adenoid Cystic Carcinoma

(TACC) represents approximately 1.2% of upper respiratory tract

neoplasms.2 We  subsequently present a  case of inoperable primary

TACC.

A 60-year-old female, with no active smoking history or  familial

cancer history, presented with a two-year history of dyspnea and

concurrent osteoarthritis. In  March 2015, bronchoscopy revealed

a pedunculated tumor in the inferior third of the trachea, occlud-

ing roughly 90% of the airway. The pathologic diagnosis confirmed

TACC. Due to carina invasion (Fig. 1A, B) and elevated surgical

risk, bronchoscopic tumor reduction was pursued, followed by

postoperative radiotherapy following a  70Gy/35f/2Gy regimen. In

September 2019, a chest CT  scan revealed multiple nodules in

the right lung, suggestive of metastasis. The patient underwent

a  year of combined treatment with apatinib and vinorelbine. In

August 2020, a new nodule emerged in the left lung, while the right

lung nodule increased in size. Percutaneous lung puncture pathol-

ogy confirmed TACC (right). The patient underwent argon-helium

cryoablation therapy (right) (Fig. 1C, D) in October. In  July 2021,

the bilateral lung nodules grew, and the patient could not undergo

further ablation treatment. Since September 2021, the patient

underwent multiple tracheal tumor resections and local injections

(endostar + cisplatin) due to  the recurrence of endotracheal lesions.

In December 2022, the patient experienced dysphagia, with upper

gastrointestinal angiography revealing stenosis. An  esophageal

stent was subsequently inserted under digital subtraction angiog-

raphy (DSA) guidance (Fig. 1E, F), however, the patient developed

mild dyspnea due to tracheal compression. In June 2023, the patient

presented with recurrent difficulty in breathing and swallowing.

A chest CT scan revealed near-total occlusion of the upper gas-

trointestinal tract lumen and new tracheal neoplasms (Fig. 1G, H).

The patient underwent bronchoscopy, and the neoplasms in the

esophagus and trachea were excised. Pathology revealed granu-
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loma (esophagus), and the esophageal stent was repositioned to

cover the neoplasia (Fig. 1I–K). Later, tracheoscopy revealed an air-

way stenosis of approximately 80%, and a  Y-shaped metal-covered

stent was  inserted (Fig. 1L),  with efficacy evaluated by chest CT

scan (Fig. 1M).  A month later, a  digestive-respiratory tract fistula

developed (Fig. 1N), and the patient is  currently undergoing anti-

infective treatment.

In comparison to fully resected TACC, patients with inoper-

able TACC exhibit reduced survival rates (10-year survival rate

63.4% vs. 46.4%), with the optimal treatment strategy remain-

ing elusive.3 Radiotherapy can mitigate the risk of  local TACC

recurrence, although it shows limited sensitivity to  chemother-

apy. Vascular-targeting drugs can decelerate its growth rate, but

the lack of clinical studies hampers accurate efficacy evaluation.4

We  consider our case to be of significant relevance. Firstly, choosing

treatment for inoperable TACC is  an immense challenge. We  doc-

umented the comprehensive treatment journey of a  TACC patient

with prolonged survival, consistently adhering to the principles of

palliative care. Secondly, this case serves as a reminder that for

advanced TACC patients requiring dual tracheal and esophageal

stents, vigilance toward the development of tracheo-esophageal

fistula is crucial.5
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Fig. 1. (A and B) A huge  pedunculated round mass in  the inferior third of the trachea (20/3/2015). (C and D) Right lung tumor before and after receiving argon-helium cryoab-

lation  targeted therapy (30/10/2020; 4/11/2020). (E and F) Esophageal stenosis, and then esophageal covered metal mesh stent (MTN-SE-S-20/100-A-8/650) implantation

under DSA (5/1/2021; 6/1/2021). (G and H) Tracheal space occupying, esophageal space occupying after esophageal covered metal mesh stent implantation (7/6/2023). (I

and  J) Rigid bronchoscopy combined with flexible bronchoscopy to  remove the  new organisms in the esophagus and then move the esophageal covered metal mesh stent up

1  cm(7/6/2023). (K  and L) Rigid bronchoscopy combined with flexible bronchoscopy to  remove tracheal new organisms and then Y-shaped covered metal mesh stent (size:

16  mm  × 50 mm  trachea/12 mm  ×  35 mm left principal bronchus/15 mm  ×  35 mm right principal bronchus) was implanted (7/6/2023; 9/6/2023). (M)  Chest CT was used to

evaluate  the placement of double stents (10/6/2023). (N) Digestive-respiratory tract fistulas (8/7/2023).
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