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1   |   INTRODUCTION

Solitary median maxillary central incisor (SMMCI) 
with an estimated incidence of 1:50000 live births, is a 
rare developmental disorder, and it primarily affects fe-
males.1,2 This anomaly may occur as an isolated trait or 
as a part of SMMCI syndrome (SMMCIS), wherein mid-
line structures of the head, such as the central incisor 
in the maxilla, nasal airways, frenum, incisive papilla, 
and palate may be affected.2,3 Moreover, developmental 
deficiencies in midline structures of the body, including 
hypotelorism, microcephaly, congenital nasal malforma-
tion, cleft lip, and/or palate have also been reported.4,5 
Autosomal dominant genetic origin and Sonic Hedgehog 
mutation have been linked to SMMCI.5,3 It is worth not-
ing that about 37% of cases with SMMCI have a history 
of preterm birth and low birth weight.4 Additionally, sev-
eral concomitant syndromes such as ectodermal dyspla-
sia, oromandibular limb hypogenesis syndrome type 1, 
and autosomal dominant holoprosencephaly, have been 

associated with SMMCI.1,5 Other concurrent anomalies, 
including hemifacial microsomia and fused mandibular 
incisor in primary dentition, have also been observed 
along with SMMCI.3

2   |   CASE PRESENTATION

A 7-year-old female patient visited the pediatric depart-
ment with complaining of pain in the right deciduous 
mandibular second molar. Radiographic examination re-
vealed the presence of a solely permanent maxillary cen-
tral incisor located in the midline, as shown in Figure 1.

The patient's medical and dental history indicated no 
medication during pregnancy, and the patient was born 
preterm at 28 weeks of pregnancy gestation. The parents 
reported a non specific upper respiratory tract disorder in 
the patient's neonatal period. No familial history or other 
developmental anomalies were identified, and there was 
no history of trauma to the primary dentition.
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Key Clinical Message
In this case report, we have highlighted the probability of coinciding multiple 
dental anomalies, such as SMMCI, taurodontism, and oligodontia. Thus, further 
research is necessary to establish a correlation between oligodontia, taurodont-
ism, and SMMCI.
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Upon examination, the patient appeared small for her 
age in weight and height measurements below the 5th and 
50th percentile, respectively (16 kg and 120 cm).

The extraoral evaluation confirmed a distinct phil-
trum, asymmetric facial thirds, midfacial deficiency, slight 
asymmetry in the nasal septum and narrow nasal cavity, 
as shown in Figure 2. The patient presented with audible 
wheezing during breathing.

Profile examination revealed retrognathic chin, convex 
profile, and slight nasal bone depression (Figure 3).

Intraoral examination indicated that the patient 
was in the mixed dentition stage, with the SMMCI 
unerupted. The patient exhibited a normal labial fren-
ulum of the upper lip and a narrow palate. The mother 
reported the exfoliation of the right deciduous maxil-
lary central incisor. However, radiographic investigation 
revealed that the exfoliated tooth was the right decid-
uous maxillary lateral incisor, and a congenital dental 
abnormality known as SMMCI, was also present during 
the deciduous dentition stage. The remaining space and 
position of the left deciduous maxillary central incisor 
confirmed this finding.

Panoramic radiography revealed taurodontism in teeth 
numbered 16, 26, 36, 55, 64, 65, 74, 75, 84, and 85, as well 
as missing teeth numbered 17, 25, 27, 35, 37, 45, and 46 in 
the FDI numbering system.

The presence of a symmetrical single maxillary central 
incisor can be attributed to four differential diagnoses, 
namely premature tooth loss due to trauma, hypodontia, 
mesiodens, and SMMCI.

After reviewing the medical and dental history, con-
ducting the radiographic evaluation, and examining extra-
oral evidence, a diagnosis of solitary median maxillary in 
association with oligodontia, taurodontism, and midfacial 
deficiency was made.

The parents were informed about the condition, and 
various treatment plans were explained. These included 
using orthodontics expansion appliances at an appropriate 

age to provide sufficient space, move the SMMCI to one 
side, and replace the other incisor using bridges, Maryland 
retainers or single-tooth implants to achieve esthetics.

3   |   DISCUSSION

As mentioned previously, there are four possible differ-
ential diagnoses for the presence of a symmetrical sin-
gle maxillary central incisor. These include premature 
tooth loss due to trauma, hypodontia, mesiodens, and 
less commonly, SMMCI.6 To rule out tooth loss related 
to trauma or a missing tooth, it is critical to determine if 
the tooth is precisely located in line with the mid-palatal 
raphe and has similar morphology to natural permanent 
central incisal teeth, without any history of trauma.6 
The absence of other teeth can also lead to ruling out 
mesiodens.7

SMMCI is a rare developmental disorder and may be 
a symptom or in association with other severe congenital 
or developmental anomalies and known syndromes, in-
cluding congenital heart disease, microcephaly, short stat-
ure, hypopituitarism, oromandibular-limb hypogenesis 
type 1, velocardiofacial syndrome, ectodermal dysplasia,6 
hemifacial microsomia,3 autosomal dominant holopros-
encephaly,5 nasal pyriform aperture stenosis, choanal 

F I G U R E  1   Panoramic radiograph. Note the solitary median 
maxillary central incisor located exactly in the midline of maxillary 
alveolus.

F I G U R E  2   Frontal view. Distinct philtrum and nasal septum 
deviation is noticeable.
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atresia, and mid-nasal stenosis.2 It is important to diag-
nose SMMCI early,8 as it can present in the primary and 
secondary dentition.6

In the case of isolated SMMCI, the patient concern may 
be aesthetics. A teamwork approach between orthodon-
tists and prosthodontists would be necessary to achieve 
the desired results.2

Taurodontism can appear either as an isolated anom-
aly or in association with various syndromes and devel-
opmental anomalies, including ectodermal dysplasia 
and oral-facial-digital type 2.9 Teeth affected by tauro-
dontism have distinct morphological characteristics, 
such as large pulp chambers with apically displaced 
furcation, and greater apico-occlusal pulp chamber 
height than normal teeth, with minimal constriction 
at the level of cementoenamel junction.9 Diagnosis of 
taurodontism is typically made through radiographic 
findings. Teeth affected by taurodontism may present 
unexpected challenges during various dental proce-
dures, such as extractions due to the apically shifted fur-
cation,9 and endodontic treatments regarding complex 
root canal anatomy. They may also affect prosthetic and 
orthodontic procedures due to less tooth stability as an 
abutment.10,9 Therefore, multiple diagnosed taurodont 

teeth in the presented case may create challenges during 
further orthodontic treatments.

4   |   CONCLUSION

It is crucial to diagnose SMMCI early because of possible 
concomitant developmental disorders and associations 
with other abnormalities. As a result, regular long-term 
follow-up by a multidisciplinary team may be necessary 
for individuals with an SMMCI diagnosis. The correction 
of aesthetic deformity associated with isolated SMMCI 
may require maxillary expansion by an orthodontist fol-
lowed by dental implant insertion. Therefore, early di-
agnosis and referral would provide more favourable 
outcome.
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