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Case report 
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A B S T R A C T   

Introduction and importance: Primary adenoid cystic carcinoma (ACC) of the lung is extremely rare. This tumor 
can be asymptomatic or have non characteristics symptoms, and the diagnosis is often late. The treatment of 
choice is surgery when it's possible. 
Case presentation: We herein report the case of a young patient with ACC of the left main bronchus. He had 
dyspnea and chest pain for 6 months. Complete atelectasis of the left lung was found on the chest x-ray. 
Bronchoscopy showed a tumor obstructing the LMB and invading the carina. The CT scan revealed a 5 cm tumor 
obstructing the left main bronchus (LMB) with extension to the carina and thoracic trachea. The extension 
assessment was without abnormalities. The treatment was surgical. A left carinal pneumonectomy by double 
lateral thoracotomy was performed. The postoperative results were satisfactory. There was no recurrence with a 
follow-up of 2 years. 
Clinical discussion: The therapeutic management of ACC is essentially based on surgical resection, which should 
be as radical as possible. However, complete resection is often difficult given the infiltrating nature of the tumor. 
Conclusion: Sleeve pneumonectomy with carinal resection is a curative option for patients with ACC of the main 
bronchi and carina that require expertise of the surgeons.   

1. Introduction 

Adenoid cystic carcinoma (AAC) is a tumor of the salivary gland 
type. Its primary pulmonary localization is rare, representing 0.04% to 
0.2% of all lung cancers [1]. AAC of the lung is a malignant tumor that 
develops at the expense of the bronchial glands. It generally occurs 
around the 4th 5th decade with no predominance of gender or relation 
to tobacco [2]. Its therapeutic management is essentially based on 
complete surgical resection when possible. We report the case of a young 
patient with ACC of the LMB with extension to the carina and to the 
trachea treated by left sleeve pneumonectomy. This case report has been 
presented in line with the SCARE criteria [3]. 

2. Case report 

A 30 years old man, with no family or personal history of medical 
illness, was referred to our department with complaints of dry cough, 
chest pain and dyspnea evolving for 6 months. He was a smoker at 15 
pack-years. Physical examination on admission revealed an abolition of 

the left vesicular murmurs and a 96% SAO2. The spirometry showed a 
moderate restrictive ventilatory disorder. The chest x-ray revealed a 
homogeneous retractile opacity occupying the whole left pulmonary 
field. The bronchoscopy found an obstructive red bud of the LMB, hyper 
vascularized with carinal involvement. The tumor biopsy concluded to 
adenoid cystic pulmonary carcinoma. The chest CT showed a 5.25 cm 
tumor process obstructing the LMB with extension to the carina and 
trachea (Fig. 1). Thoracic magnetic resonance imaging (MRI) and 
oesogastro duodenal transit were performed for suspicion of esophageal 
involvement, and concluded that there were no lesions. There was no 
distant metastasis in the assessment of extension. Surgical treatment was 
decided in a multidisciplinary consultation meeting. The nature and 
purpose of the surgery was explained to the patient. We also informed 
him of the benefits, risks, and possible complications as well as possible 
alternatives to the proposed surgery. The patient has consented to the 
surgery. The patient was approached by a double lateral thoracotomy, in 
the supine position. The intubation was orotracheal. The first operative 
step was a vascular control of the left lung with dissection of the LMB 
until its termination at the level of the hull. A lymph node dissection was 

* Corresponding author. 
E-mail address: essid.rime@gmail.com (R. Essid).  

Contents lists available at ScienceDirect 

International Journal of Surgery Case Reports 

journal homepage: www.elsevier.com/locate/ijscr 

https://doi.org/10.1016/j.ijscr.2021.106528 
Received 22 August 2021; Received in revised form 15 October 2021; Accepted 15 October 2021   

mailto:essid.rime@gmail.com
www.sciencedirect.com/science/journal/22102612
https://www.elsevier.com/locate/ijscr
https://doi.org/10.1016/j.ijscr.2021.106528
https://doi.org/10.1016/j.ijscr.2021.106528
https://doi.org/10.1016/j.ijscr.2021.106528
http://creativecommons.org/licenses/by-nc-nd/4.0/


International Journal of Surgery Case Reports 89 (2021) 106528

2

done. The second operating stage was on the right. A dissection of the 
right mainstem bronchus (RMB), the carina and the last 4 cm of the 
trachea was made, then a terminal anastomosis resection between the 
RMB and the trachea 2 cm from the carina was performed under the 
control of a jet ventilation (Fig. 2). A left pneumonectomy with carinal 
resection widened to the bronchial axis had been completed and the 
operative piece had been extracted as a single piece via the left 
approach. 

The bronchial resections were healthy on the extemporaneous ex
amination. The final anatomopathological examination concluded to 
ACC of 5 cm infiltrating the bronchial wall and the peribronchial tissue, 
without lymph node involvement. The intervention went well, and was 
tolerated by the patient. The postoperative period was marked by the 
appearance of right basal pneumonia with good progress under anti
biotic therapy. The left and right chest tube were removed on the 3rd 
and 7th postoperative day respectively. The patient was discharged on 
day 10 postoperative. There was no recurrence with a follow-up of 2 
years. 

3. Discussion 

ACC is a rare low grade malignancy tumor. It usually develops in the 
lining of the salivary glands. Its localization in the central airways is rare 
[4]. It affects young adults around the 4th decade, with no predomi
nance of sex or relationship with tobacco. ACC is characterized by a slow 
progression and a tendency to infiltrate and cross the tracheobronchial 
cartilage. This tumor can be asymptomatic or cause signs of airway 
obstruction, dyspnea, and chest pain [4,5]. Bronchoscopy can determine 
the location and extent of the tumor, and the chest CT scan specifies its 
endoluminal, peritracheal and peribronchial extension. The diagnosis is 
pathological. The treatment of choice is surgery. However, complete 
resection is often difficult given the infiltrating nature of the tumor. In 

our observation, the treatment was surgical from the start, based on an 
enlarged left pneumonectomy to the carina and the trachea with anas
tomosis between the RMB and the trachea. Left sleeve pneumonectomy 
is a rare and complex procedure in thoracic surgery [1,6]. The first 
successful case of left carinal pneumonectomy was reported in 1969 for 
adenoid cystic carcinoma in the left mainstem bronchus [7]. Choosing 
the right way to go is an essential step. Different approaches have been 
described in the literature [8]: The clamshell which is a dilapidated 
approach, the median sternotomy, the posterolateral left thoracotomy 
and the combined approach like the bilateral thoracotomy. Recent 
publications have shown the benefit of the combination of the minimally 
invasive route: left VATS; to a right thoracotomy allowing good expo
sure for the left sleeve pneumonectomy while avoiding the repercussions 
of a double thoracotomy on postoperative respiratory function [8,9]. In 
our case, a double lateral thoracotomy was considered the most 
appropriate way. Indeed, the tumor was 5 cm in diameter with adhe
sions to neighboring organs limiting the place of the minimally invasive 
approaches. The double lateral thoracotomy in this case seems safer 
than the left posterolateral thoracotomy which requires mobilization of 
the aorta [8]. The median sternotomy provides difficult access to the 
posterior part of the mediastinum and limited visibility of the left pul
monary vein, while the double lateral thoracotomy provides a clear day 
on both sides. The opening on the right provides better exposure of the 
hull, making handling easier and more accessible allowing precise 
anastomosis between the trachea and the RMB [9]. In all cases it is 
important to avoid devascularization of the trachea and main bronchi, to 
make a good quality anastomosis, and to have healthy resection mar
gins. Radiation therapy may be offered in case of incomplete resection or 
inoperable tumor [4]. The prognosis of this tumor depends mainly on 
the complete or incomplete nature of the resection and lymph node 
staging. Local recurrences are frequent but late. Distant metastases are 
rarer and later involving the liver, bone and brain [10]. A prolonged 

Fig. 1. A and B: Injected thoracic CT showing the tumor invading the MLB and extended to the carina, C: Thoracic MRI eliminating esophageal involvement.  
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surveillance of 10 to 15 years is therefore necessary. 

4. Conclusion 

ACC is a rare tumor. Its therapeutic management is essentially based 
on surgical resection which should be as radical as possible. Sleeve 
pneumonectomy is a complex and rare procedure in thoracic surgery 
that requires the expertise of a multidisciplinary team. The correct se
lection of patients who are candidates for this type of surgery is a crucial 
factor leading to a satisfactory result. 
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