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ABSTRACT

A 49-year-old woman with a history of diabetes mellitus (DM), and hypothyroidism referred to the emergency ward
complaining of shortness of breath which had lasted for three weeks. Due to inspiratory and expiratory stridor in the clinical
examination, a tracheal lesion was proposed for her. In computed tomography (CT) scan (without contrast) of the neck and
chest, a lesion resembling a malignant tracheal tumor was observed spreading around the cervical trachea. Subsequently,
the patientchr('39')s respiratory distress worsened and she underwent tracheostomy under general anesthesia. During
tracheostomy, a white to creamy lesion that resembled necrosis with extensive granulation was seen in cervical trachea,
and a biopsy was taken. Histopathological reports showed evidence of acute and chronic inflammation, in necrotic
background, along with aseptate fungi which confirmed mucormycosis. Initially, intravenous liposomal amphotericin-B was
selected as an antifungal drug which was discontinued due to drug-induced acute renal failure. Posaconazole suspension
was replaced as an antifungal drug. After about six weeks, the patient was discharged from the hospital in good general
condition. Contrary to few previous studies on mucormycosis of the trachea and lower airways, tracheal disease was limited
in our patient; therefore, we avoided debridement of the conflict site and tried to control the disease by controlling the
underlying disease (DM), and antifungal therapy. Finally, the desired result was achieved. It should be noted that all patients
who have been reviewed in the previous published studies have had a wider conflict sites compared to our patient.
Therefore, due to the lack of standard treatment for this disease, our therapeutic approach in this study can be considered
as an option in limited and localized cases.

LEMWYCIGH Fungal infection, Mucormycosis, Posaconazole, Trachea, Tracheostomy

Received: 2020/06/11; Accepted: 2021/01/03; Published Online: 2021/04/09
Farrokh Heidari, , Department of Otorhinolaryngology-Head & Neck Surgery, Tehran University of Medical Sciences, Tehran, Iran.

Corresponding Information: Email: farrokh.heidari@yahoo.com

Copyright © 2021, This is an original open-access article distributed under the terms of the Creative Commons Attribution-noncommercial 4.0 International License which
BY NG

permits copy and redistribution of the material just in noncommercial usages with proper citation.

Use your device to scan and read the article online

Ansari R, Dabirmoghaddam P, Lotfi M, Gheitani M, Sohrabpour S, Heidari F. Mucormycosis mimicking

Tracheal Tumor: a case report. Iran J Med Microbiol. 2021; 15 (2) :247-256

O b

Download citation: BibTeX | RIS | EndNote | Medlars | ProCite | Reference Manager | RefWorks

Mendeley Z Zzotero RefWorks

Send citation to:

Introduction

Invasive mucormycosis is a fatal opportunistic other immunocompromised diseases, especially
infection caused by the Mucoraceae family. Various hematological malignancies can lead to the invasion of
underlying diseases such as diabetes mellitus (DM) or this fungus (1).
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Invasion to trachea and larynx is one of the rarest
manifestations of this infection leading to airway
obstruction and life-threatening complications (2, 3).

Diagnosis is based on microscopic histopathology,
and the recommended drug treatment is liposomal
amphotericin while posaconazole remains for salvage
therapy (4).

In this manuscript, we report our experience in
managing a patient with tracheobronchial
mucormycosis. We hope our study can provide
physicians with a solution for similar cases.

Case Presentation

A 49-year-old woman with DM, and hypothyroidism
(controlled by metformin, and levothyroxine,
respectively) came in complaining about fatigue,
myalgia, mild fever, and progressive shortness of

breath for about three weeks. On initial physical
examination, she had moderate to severe respiratory
distress and stridor with supra-sternal retraction. An
inspiratory and expiratory stridor was heard in
auscultation of the lungs. The patient did not have the
necessary cooperation to perform the indirect
laryngoscopy.

Therefore, it was decided to have an
electrocardiogram (ECG) and computed tomography
(CT) scan of the neck and chest without contrast.

The ECG was normal and the patient was sent to the
radiology ward for the CT scan.

The CT scan revealed intraluminal lesions and
inflammation in the patient's subglottic and cervical
trachea, which led to the possibility of a malignant
tumor due to infiltration around the trachea (Figure

1).

Figure 1. a. Narrowing lumen of cervical trachea by an intraluminal lesion with inflammation and infiltration to the tissues around of trachea
(axial view). b. Axial view of lumen of trachea with magnification.
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As the dyspnea worsened, the patient underwent
rigid and flexible bronchoscopy, and cervical
esophagoscopy under general anesthesia.

There was no obvious lesion on laryngoscopy. In
bronchoscopy, 2-cm-long white to creamy lesions
containing granulation and necrotic tissue were seen

in the trachea (3 cm below the patient's true vocal
cords (TVCs)), circumferentially. A Part of the anterior
wall of the trachea was necrotic.

Flexible bronchoscopy (Figure 2) and CT-scan
showed no evidence of lung involvement and the
disease was isolated in proximal of trachea.

Figure 2. The white to creamy tissue in lumen of cervical part of trachea (flexible endoscopy image).

Then, the patient underwent esophagoscopy, in
which the cervical esophagus was completely
inflamed and purulent discharge was seen. To prevent
esophagus perforation, she kept NPO (nothing by
mouth) and at the same time, she underwent
jejunostomy. Due to the extension of the disease, it
was decided to place a tracheostomy between the
third and fourth rings of trachea. From the anterior
wall of the trachea during tracheostomy, a biopsy was
sent for pathology and until the patient's pathology

Year 15, Issue 2 (March & April 2021)

results were prepared, she was treated with

vancomycin (1 gr/bid) and meropenem (1gr/TDS). The
patient's high blood sugar was treated with insulin for
further control.

In pathology slides, some broad aseptate fungal
elements were seen in a necrotic background that
confirmed mucormycosis (Figure 3a yellow arrows).
Fragments of the respiratory mucosa with acute and
chronic inflammation were seen (Figure 3b).
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Figure 3. a. Presence of some broad aseptate fungal elements (mucormycosis) marked by yellow arrows, in a necrotic background (yellow
arrows). b. Fragments of the respiratory mucosa with acute and chronic inflammation.

According to the pathology report, an infectious
disease specialist started liposomal amphotericin-B
(3mg/Kg/day) therapy for the patient. After three
days, the patient developed a cutaneous rash, and the
patient's initial level of serum creatinine, which was
normal (1mg/dl), reached 6.4mg/dl. Interstitial
nephritis caused by the amphotericin-B was
suggested, and by a nephrologist’s advice, vancomycin
was discontinued and meropenem was adjusted. The
patient also became severely hydrated. After two
weeks, the patient's serum creatinine level returned
to its initial level. Liposomal amphotericin was also
discontinued. According to the advice of an infectious
disease specialist and the study of Spellberg et al. (5),
posaconazole suspension began (5cc (200mg)/QID),
and continued until clinical signs, including fever and
constitutional symptoms, disappeared and there was
no concern about recurrence. After four weeks of
treatment and improvements the patient’s condition,
bronchoscopy and esophagoscopy were performed
again under general anesthesia. Inflammation of the
esophagus had disappeared. Total Stenosis of trachea
was seen 3 cm below the TVCs. Then, the
esophagogram with barium was performed for the
patient and the report was normal. Therefore the oral
feeding began for her and the jejunostomy was
removed. The patient was discharged and advised to
take two posaconazole suspensions for two weeks at
home and control DM with insulin under the
supervision of an endocrinologist.

About 18 months after the first onset of the disease,
she underwent an end-to-end anastomosis of the
cervical trachea, removing four cartilaginous rings,
and while a year has passed since her operation, she
no longer has a problem

Discussion

Isolated tracheal mucormycosis (TM) is very rare
and the current knowledge of TM comes from several
case reports or relatively small case series. Early
diagnosis and antifungal therapy are the major factors
of prognosis (6).

Year 15, Issue 2 (March & April 2021)

Dealing with mucormycosis in other parts of the
body, it is recommended to use aggressive
debridement in various studies (6-8).

Fortunately, due to the isolation of the disease in
the trachea and the lack of involvement of the lower
airways in our case, which was seen on flexible
bronchoscopy and CT scans of the patient's lungs, we
did not find debridement of necrotic tissue necessary.
This was because of the possibility of complications
such as loss of intact tracheal cartilage rings and
esophageal perforation. Also, the loss of cartilage that
could be cured with medical treatment may make it
more difficult for the next possible stage of surgery,
such as end-to-end anastomosis of trachea. However,
in some studies, surgical or endoscopic debridement
was performed (2, 3, 6, 8, 9).

Due to the respiratory conditions, it was decided to
install a tracheostomy for her, to ensure her
breathing. In most tracheobronchial mucormycosis
reports, such as ours, a tracheostomy has been
implanted for the patient (8, 10).

Conclusion

Contrary to few previous studies on mucormycosis
of the trachea and lower airways, tracheal disease was
limited in our patient; therefore, we avoided
debridement of the conflict site and tried to control
the disease by controlling the underlying disease
(DM), and antifungal therapy. Finally, the desired
result was achieved.

It should be noted that all patients who have been
reviewed in the previous published studies have had a
wider conflict sites compared to our patient.

Therefore, due to the lack of standard treatment for
this disease, our therapeutic approach in this study
can be considered as an option in limited and localized
cases.
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