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Abstract:

Thalassaemia has become one of the common genetic disorder worldwide with high frequency
of oral manifestations. It is an autosomal single gene recessive blood disease. The prominent
Oral and maxillo facial features include frontal bossing which is due to bone marrow hyperpla-
sia. Flaring of the nose is due to air hunger, prominence of malar bones, maxillary hyperplasia
and mal-aligned and mobile teeth. In previous studies, no case of pyogenic granuloma was
reported in thalassaemia patients.

We are reporting here a Beta thalassemia patient with recurrence of multiple pyogenic granu-
lomas after 1 year of excision. Patient also had multiple mobile teeth due to bad oral hygiene.
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Introduction:

Thalassaemia is a blood disease inherited as au-
tosomal single gene characterized by reduced or
absent amount of hemoglobin chains.’ It is con-
sidered to be the most common genetic disor-
der with defect in either alpha and beta chains
which produce abnormal blood cells.” There are
two main types of thalassaemia; Alpha thalas-
semia (reduced alpha chain synthesis) and Beta

thalassaemia (reduced Beta chain synthesis).

Beta-thalassaemia: In homozygous type there is
little or no beta chain production resulting in ex-
cess alpha chain leading to increased HBA2 and
HBF. There are three main types:

A: Beta thalassemia minor: A symptomatic het-
erozygous carrier state in which anaemia is mild
to absent with low MCV and MCH and iron

stores and serum ferritin are normal.

B: Beta thalassemia intermedia: In this type of
thalassemia there is moderate anemia (hemo-

globin 7 to 10gm/dl) that does not require regu-

lar blood transfusion with splenomegaly, bone
deformities and recurrent leg ulcers and gall
stones present as other features.

C: Beta thalassemia major: This is homozygous
beta thalassemia present in first year of life with
severe anemia also known as Cooley’s anemia.
The affected patient failed to thrive with recur-
rent infections. Clinical features include bony
abnormalities and enlarged maxilla and promi-
nent frontal and parietal bones.

In beta thalassaemia of homozygous type, blood
film shows hypochromic microcytic anemia
with raised reticulocyte and nucleated red cells.
This can be confirmed by hemoglobinelectro-
phoresis in which there is increase in HBF and
absent or reduced Hb A.

Alpha-thalassemia: In this type there are four al-
pha globin chains in which there is mild anemia
with microcytosis to a severe condition can be
seen in the most severe formed there is complete
absent of alpha globin chains (HB Bart’s) infants
are still borne (hydropsfetalis).
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Figure-1: extra oral picture showing cracked lips and granu- Figure-2: Intra oral picture showing swelling gums

loma on the left posterior molar area

Figure-4: : intra oral picture of the patient showing Figure-5: Classical picture of pyogenic granuloma on

--lv'llh"t.' \’.‘ Bt

mobile anterior teeth and generalized malalignment the upper anterior area

of teeth
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Case report:

A 10-years-old-female patient was referred to
oral medicine department, Sindh Institute of
Oral Health and Sciences, Jinnah Sindh Medi-
cal University, with a chief complaint of swell-
ing in gums(figure-2) in relation to upper &
lower anterior teeth and on posterior lower left
and upper right region(figure-3) sincel$ to 20
days. It revealed that patient had similar swell-
ing once before, occurring one year back which
were excised. The swellings increased gradually
with time. The swelling was firm in consistency,
smooth lobulated exophytic lesion manifesting
as small, redery the matous papule on peduncu-
lated base. The growth cover 2/3rd of the crown.
Bright red bleeding on probing was observed.

Patient was known case of thalassaemia major
referred from JMPC OPD. Patient was lethargic,
anemic, having fever with cracked lips which
were easy to bleed (figure-1). Mobile lower left
premolar tooth with swelling gums (figure-2)
and mobile lower anterior teeth with pyogenic
granuloma. Patient was advised an orthopan-
tomograph and APTI, PT test prior to exci-
sion but because of known affordability, patient

didn’t come back for treatment.

Figure-3: : Pyogenic granuloma on the palatal side and right

upper posterior molar region

Discussion:

Thalassaemia is one of the commonest blood
diseases that can be easily transmitted through
autosomal recessive genes. In thalassemic pa-
tients there is more likely history of inter-mar-
riages.’> Majority of thalassaemic minor patients
have folic acid and iron deficiency anemia.
The color of the skin changes to dark brown or
muddy yellow' due to the iron deposition in
sub-cutaneous tissue caused by excessive break
down of abnormal erythrocytes, repeated trans-

fusions, excessive iron absorption from the gut.

Bone marrow hyperplasia due to underlying
anemia causes frontal bossing by enlarging the
flat bones of skull including the frontal bone.
Flaring of the nose is due to air hunger caused
by chronic anemia. The forceful breathing gives
rise to flaring of ala of nose accentuated by the
depression of bridge of the nose. Prominence
of malar bones was due to hyperplasia of bone

marrow.’

Maxillary hyperplasia was due to over growth
of its marrow.®> Incompetency of the lips is due
to proclined maxillary anterior incisors and pre-
vents complete closure of lips leads to mouth
breathing. Marginal gingivitis and recession

could be due to maxillary hyperplasia.

Many of the features listed are seen in above case
as patient was lethargic and pallor having fever
with cracked lips which were easy to bleed on
palpation with mobile and mal-aligned teeth.
(figure-4).

Pyogenic granuloma is a soft tissue tumor aris-
ing as a result of inflammatory hyperplasia seen
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in the oral cavity." This lesion arises in response
to various stimuli such as local irritation, trau-
matic injury or hormonal factors’ It occurs
in the second decade of life® in young females
possibly because of vascular effects of female
hormones.! The possible site was the gingival
(44%).* The other sites were lower lip, tongue,
buccal mucosa, upper lip and palate.* Upper la-
bial mucosa is the commonest site* (figure-5).
In oral cavity, pyogenic granuloma with inter-
dental papillae being the commonest site in 70%
cases.” Clinically, pyogenic granuloma appears
as a hemorrhagic smooth, exophytic growth
having lobulated small red erythematous pap-
ules on a pedunculated base. The surface ranges
from pink to red, depending upon the age of the
lesion.!

All multiple pyogenic granulomas must be con-
firmed by taking biopsies to rule out more seri-
ous conditions. usually the treatment of pyogen-
ic granuloma was conservative surgical excision
with relatively high rate of recurrence(15%).” To
avoid recurrence, lesion must be excised down
with the periosteum and all the irritants must be
removed.’

Multiple pyogenic granulomas were clinically di-
agnosed in upper and lower anterior teeth which
had firm consistency with swelling and bleeding
on probing. Scaling and excision of growth were
planned. Tests were advised to check for the
proneness of the patient to bleeding so that she
could be managed at chair side. Patient didn’t
come for treatment because of non-affordability.

Conclusion:

Thalassaemia has become the commonest blood
disease now-a-day. It was noted that many pa-
tients were as a result of inter-marriages between
the carriers. They should be aware of the pos-
sible oral manifestations and complications that
may arise as a result of disease process.

Current case is clinically diagnosed as pyogenic
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granuloma having thalassaemic major. In previ-
ous studies pyogenic granuloma was never re-

ported in thalassemic patients.
Contflict of interest: None
Funding source: None

Role and contribution of authors:
Dr. Maria Naz, collected the data and references

and wrote the initial write-up

Dr. Sanaa Ahmed, helped in collecting the data

and references

Prof. Dr. Syed Mahmood Haider, critically re-

view the article and made the final changes

Dr. Aisha Naureen, analysed the data and helped

in discussion writing.

References:

1. Jafarzadeh H, Sanatkhani M, Mohtasham N. Oral pyogenic
granuloma: a review. Journal of oral science. 2006;48(4):167-
75.

2. Wang YP, ChangJY, Wu YC, Cheng SJ, Chen HM, Sun A. Oral
manifestations and blood profile in patients with thalassemia
trait. Journal of the Formosan Medical Association. 2013 Dec
1;112(12):761-5.

3. Ali SM, Haider SM, Ahmed S, Hassan SG, Jaffry SH. Oral and
maxillofacial manifestation in SO [beta]-Thalassemic patients-
A CLINICAL STUDY. Pakistan Oral & Dental Journal. 2016
Jun 1;36(2).

4. Al-Khateeb T, Ababneh K. Oral pyogenic granuloma in jorda-
nians: a retrospective analysis of 108 casesl. Journal of Oral
and Maxillofacial Surgery. 2003 Nov 1;61(11):1285-8.

S. Kamal R, Dahiya P, Puri A. Oral pyogenic granuloma: Various
concepts of etiopathogenesis. Journal of oral and maxillofa-
cial pathology: JOMFP. 2012 Jan;16(1):79.

6. Gorddén-Nuiez MA, de Vasconcelos Carvalho M, Benevenuto
TG, Lopes MF, Silva LM, Galvao HC. Oral pyogenic granu-
loma: a retrospective analysis of 293 cases in a Brazilian popu-
lation. Journal of Oral and Maxillofacial Surgery. 2010 Sep
1;68(9):2185-8.

7. Amirchaghmaghi M, Falaki F, Mohtasham N, Mozafari PM.
Extragingival pyogenic granuloma: a case report. Cases jour-
nal. 2008 Dec;1(1):371.

8. Verma PK, Srivastava R, Baranwal HC, Chaturvedi TP, Gau-
tam A, Singh A. Pyogenic Granuloma-Hyperplastic Lesion of
the Gingiva. The open dentistry journal. 2012;6:153.

9. Shivaswamy S, Siddiqui N, Jain AS, Koshy A, Tambwekar S,
Shankar A. A rare case of generalized pyogenic granuloma:
a case report. Quintessence International. 2011 Jun 1;42(6).

10.Ali SM, Haider SM. p THALASSEMIA.

Pak ] Surg 2018; 34(2):169-171



