- Interesting Image

An Unusual Presentation of Supraglottic Low-Grade B-Cell Non-Hodgkin’s
Lymphoma with Tracheostomal Myiasis

Abstract

60-year-old male patient presented with dysphagia and a change in voice for eight months. It was
established after Direct laryngoscopy surgery and biopsy, that it was a low-grade B cell non-Hodgkin
lymphoma. The primary lesion is resolved with Rituximab, Cyclophosphamide, Doxorubicin,
Vincristine, and Prednisolone regimen. Four months later, patient presented with a discharge and
maggots at the tracheostomy site. Ifosfamide, Etoposide, Carboplatin was started after a secondary
recurrence of disease progression. Hereby we infer this is an unusual case presentation, myiasis
with lymphoma recurrence and tough exacting to the otolaryngologist as there are more chances of

misdiagnosing as squamous cell carcinoma..

Keywords: DL Scopy, Biopsy, Tracheostomy, supra glottis low grade B cell NHL, PET CT scan,
Maggots, Chemotherapy, R-CHOP regimen, ICE regimen

Laryngeal neoplasms are rare and, in the
larynx, primary non-Hodgkin lymphomas
(NHL) the second most common
hematopoietic tumor and with the B-cell
phenotype which accounts in less than 1%
of larynx malignancies. Supraglottic primary
laryngeal lymphomas with predominance
over left side and in males compared
to females in the age group of 4 to 8l
years.['"¥) But in our case the lesion is located
on the right side of larynx [Figure 1]. Very
few numbers of cases in the global texts not
more than 100 cases of primary laryngeal
lymphoma have been reported.[>>) Normally
the laryngeal lymphoma commonly found in
supraglottis which presents as submucosal
mass without mucosal ulceration and
distinguished by without any clinical and
gross differential criteria, compared with
squamous cell carcinoma (SCC). On review
of literature myiasis overspread in live
human or animal tissues mainly affects the
nasal cavity, ear, cutaneous tissue, exophytic
malignant growth and nonhealing ulcers.
But as in our case occurrence of myiasis
at the tracheostomy site is rare still exists
[Figure 2] and only few cases were reported
in literature. Our case post-operative
Histopathological examination with IHC
(Immunohistochemistry) shown low grade

This is an open access journal, and articles are
distributed under the terms of the Creative Commons
Attribution-NonCommercial-ShareAlike 4.0 License, which
allows others to remix, tweak, and build upon the work
non-commercially, as long as appropriate credit is given and
the new creations are licensed under the identical terms.

For reprints contact: WKHLRPMedknow_reprints@wolterskluwer.com

196

B cell non-Hodgkin’s lymphoma [Figure 3].
IHC findings were shown both CD20, Bcl2
were positive [Figure 4] for tumor cells
and CD10, Bcl6, CD23 were negative for
tumor cells. CD30 stains immunoblasts.
Ki 67 index was 20-30%. CD3 and CDS5
stains reactive T cells. Cellular marrow
with trilineage hematopoiesis and reactive
changes were seen in bone marrow
aspiration. Based on CT staging, biopsy
and bone marrow aspiration, disease
confined to the larynx rather no evidence
of involvement outside the larynx. The
patient underwent total six Chemo cycle
R-CHOP regimen [Rituximab at a dose of

Figure 1: DL (Direct laryngoscopy) pinkish smooth
surface mass present at right pyriform fossa and
aryepiglottic fold
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Figure 2: Tracheal stoma after removal of maggots

Figure 4: IHC-tumor cells show strong and diffuse positivity of CD2

375mg/m2body surface area/ 1V, Cyclophosphamide - 750
mg/m2/ IV, Doxorubicin - 50 mg/m2/IV, Vincristine - 1.4
mg/m2/IV, Prednisolone - 100 mg /oral/ days to 5, for
each cycle —Inj. Pegfilgrastim- 6mg/ subcutaneous]as per
radiotherapist instructions. In our case, PET-CT showed
complete metabolic response post chemotherapy as per
the Deauville’s criteria [Figure 5]. The Deauville criteria
is a five-point scale. The scale scores the most intense
uptake in a site of initial disease, if present as follows:
score 1 (no uptake), score 2 (Uptake < mediastinum),
Score 3 (Uptake > mediastinum but < liver), score 4
(Moderately increased uptake compared to the liver), score
5 (Markedly increased uptake compared to the liver and/
or new lesions), Score X (New areas of uptake unlikely
to be related to lymphoma).*” On follow up PET-CT
(post mid cycle and completion chemotherapy) there was
no abnormal tracer uptake noted in the hypopharynx,
suggestive of complete metabolic response. After 4 months
patient came with complaints of purulent discharge and
foul smell at tracheostomy site. On examination at the

shows lymphoid infiltrate in a vaguely nodular to diffuse pattern composed
of small cleaved lymphoid cells and few large cells with round nuclei and
prominent nucleoli (x10)

Figure 5: '®F-labeled fluoro-2-deoxyglucose (FDG) positron emission
tomography/computed tomography (PET/CT): (a1, white arrow), Baseline
PET-CT show FDG-avid soft-tissue lesion (measuring approximate - 2.6AP
cm x 2.7TR cm % 3.9CC cm, maximum standard uptake value [SUV max]-9.6)
in the hypopharynx involving the right pyriform fossa with partial luminal
compromise, (a2, solid arrow) show diffuse uptake around the tracheostomy
tube (SUV max-5.0)-likely inflammatory. No abnormal thickening was
noted on the CT image (a3). PET-CT (mid-cycle chemotherapy response
assessment): (b1) complete metabolic resolution of the primary
lesion (Deauville Score 1), (b2, white arrow) reveals diffuse uptake around
the tracheostomy tube which is likely to be inflammatory, (b3) no abnormal
thickening noted at the tracheostomy site. PET-CT (postcompletion of
6 cycles of chemotherapy): (c1) no abnormal uptake at the primary site, (c2,
arrow head; c¢3) FDG uptake with mild thickening noted at the tracheostomy
site. (d1-d3, curved arrow) is the dual time point imaging obtained after
2 h of injection showing the increase in uptake — suggestive of disease
progression (Deauville 5)

operated site, the Portex-cuffed tracheostomy tube (size
8.0) completely blocked by secretions, crusts and Maggots
creeping all over the tracheal stoma. Tracheostomy tube
was changed and treated with intravenous antibiotics,
multiple wound debridement’s and removal of nearly
230 live maggots within 72 hours using turpentine oil
by taking appropriate precautions to prevent turpentine
aspiration. Only few cases were found in literature with
myiasis and the predisposing factors such as psychiatric
illness, = immunocompromised  individuals,  exposed
wound with foul smelling discharge, infective dermatitis,
Hansen’s disease and low socioeconomic status.®! On
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repetition of PET CT FDG uptake with thickening was
noted around the tracheostomy which showed significant
increase on Dual time point imaging taken after 03 hours
of FDG injection. This appearance is due to new lesion at
tracheostomy opening suggestive of disease progression
(Deauville 5). Second line chemotherapy ICE regimen
[Ifosfamide-7000mg, Etoposide - 140 mg, Carboplatin -
370 mg, Mesna - 7000 mg (3500 mg 4 hr before& 4 hr
after Ifosfamide)] has been started. NHL of larynx in view
of its rarity, more chances of misinterpreting the case as
SCC. By this case it is clear to be aware of lymphoma as
a key differential diagnosis for various types of laryngeal
tumours. Even though tracheostomal myiasis is rare but still
exists in our case so there is need to educate the patient in
aspects of tracheostomy tube care which prevents further
complications..
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